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Abstract
Hanna Gabrielsson (2020):

Adults with Spina bifida - voices from everyday life and exploration of living
conditions. Orebro Studies in Medicine 225

The overall aim of this thesis was to generate knowledge about living with
Spina bifida, by mapping the condition and and together with the adults
with Spina bifida explore their living conditions and experiences in everyday
life. Methods Study I was a quantitative study with a cross-sectional design.
In Study II, individual experiences of daily life were explored by deep interviews
using a reflective lifeworld approach. Study III had a participatory approach
including five members of a photovoice group who met for eight sessions.
Photographs taken by the members served as a starting point for the dialogue
about what was of interest in their daily life. A narrative analysis was con-
ducted by the researchers, incorporating the analysis the group did together.
Study IV focused on alignment with the methodology in which photovoice is
grounded. By returning to the ideological cornerstones of photovoice, the
empirical experiences from Study III and examples from the literature were
elaborated through processes within photovoice. The findings show that
those adults with Spina bifida who were >46 years old had less complex medical
conditions and better physical and cognitive functions, and had attained a
higher level of education. The main theme in Study Il was presented as “The
contradictory path towards wellbeing in daily life.” In Study III, the mem-
bers’ experiences in everyday life showed that many solutions offered by
society were “An adaptation for us, but it works for no one.” The findings
are further presented under three themes: “Accessibility — a never-ending
project,” “Tensions of a normative view” and “Power to influence.” By fo-
cusing on action and narrative in Study IV, it is shown that dialogue, action,
and interaction are important aspects of using photovoice. In conclusion, not
all adult persons receive the support they need in everyday life, something
future generations of adult persons with Spina bifida may have a higher need
for. The stories and experiences of adults with Spina bifida in this thesis
paint a history of not being asked, concerning their own situation. This
shows that there is insufficient integration of the persons’ experiences in
society’s efforts to plan for, and support, these individuals. The photovoice
method was feasible for this group, providing opportunity for being part of
dialogue, action, and interaction.

Keywords: Spina bifida, adults, living conditions, health, photovoice,
experiences
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Preface

Before I studied nursing, I worked at a nursing home for children with
severe autism and intellectual disabilities. This was home for the children
who lived there most of their time. The work rested on an anthroposophical
philosophy, which imbued aspects such as the home like environment, the
food served, and the activities carried out. In the end, the philosophy formed
the actions and contributed to a pronounced humanistic view strengthened
by involving the children and highlighting the importance of their
surroundings. As I reflect, this work had a strong impact on me and led to
my decision to become a nurse.

As this project evolved from my clinical work as a registered nurse and
coordinator of a team working with persons with Spina bifida (SB), my
point of departure was based on a professional perspective. As a nurse, I
met persons with SB, a congenital spinal disorder, in a clinical setting, and
I also met persons with acquired spinal cord injury. The clinic has
responsibility for medical follow-up of all persons over 18 years with SB.
This responsibility includes regular, multidisciplinary check-ups with a
focus on the medical consequences of the disorder. Working as part of a
multidisciplinary team expands the understanding of the patient’s situation
from several perspectives. The team working with this group of persons
gradually became aware of needs that required a different approach
compared to that for persons with acquired spinal cord injury. The fact that
the clinic had, and still has, a considerable group of adults with SB, made
us start thinking of mapping the group and their experiences, as this seemed
to be missing from the literature.

Having met many of the persons yearly for their check-ups, and in between
for other purposes, such as assessments, supportive talk, group activities, or
wound dressing, I developed a notion about the group. This was a group
with a wide range of outcomes, also in terms of societal support and
consequently of how their everyday life was turning out. Through meeting
many of them on a regular basis, even if at times a year went by between
meetings, meant that relationships developed. Even though many in this
group had medical concerns that needed to be monitored on a regular basis,
these did not seem to be the main concerns of the persons themselves. As an
example, a colleague and I started to organize group activities, at first with
women with SB, with focus on healthy food and exercise. I gradually
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became aware of how activities and events in everyday life, like cooking and
exercise, were at times hard to achieve. Still, in many cases, they were
expected to be taken care of by the persons themselves. The group activities
were highly appreciated by the members of the group, mostly because they
provided a social meeting space (the focus on cooking and exercise was of
secondary importance). This, together with the general situation for adults
with SB, contributed to my interest to learn more about adult persons with
SB and their everyday lives through their own voices. It has been important
for me to pay homage to voice, because who could know everyday life with
SB better than those living it. By involving persons with SB in constructing
knowledge concerning their situation, and their stories, I've come to learn
so much. Some of this knowledge is shared in this thesis.

12 HANNA GABRIELSSON  Adults with Spina bifida



Introduction

This thesis aims to contribute to the knowledge about the everyday life of
adult persons living with SB. It is important to note that my background
and thinking is grounded in caring science, which has guided the choice of
methods and concepts in this thesis. Grounding my reflections in caring
science means embracing the view that persons are experts on their own
lives, based on personal experiences in relation to health (Dahlberg &
Segesten, 2010). This view and related concepts of relevance will be further
developed under “Theoretical framework and concepts” and “Methods”.
While stating my grounding in caring science, I also draw on literature from
related disciplines such as medicine, disability science, law, occupational
science, narrative theory, and community-based participatory research (CBPR).

The term “everyday life” in this thesis is used interchangeably with “daily
life,” and is based on the concept of existence understood as lifeworld. To
access a person’s lifeworld and openly and compliantly touch the life
context and life project of that person means entering into that person’s
world and experiences. The lifeworld theoretical approach includes the
whole living context affecting people’s processes in health and caring
(Dahlberg & Segesten, 2010). It is through everyday life that the lifeworld
takes place. Living conditions are in this thesis viewed as both internal and
external conditions for living, and the relationship between them.

In this thesis, different perspectives on living conditions and the everyday
life of persons with SB will be presented. Persons with SB are not one
homogenous group, since they represent a wide range of physical disabilities
and cognitive outcomes. Still, the experiences of growing up in a specific
society with a congenital condition constitute a common platform.

HANNA GABRIELSSON  Adults with Spina bifida 13



Background

As the number of adults living with SB is increasing, it is important to
improve knowledge about this population’s health and living conditions, by
mapping these and their situated lived experiences in everyday life through
active community engagement. Most of the research about SB, so far, has
been in the medical field, conducted in paediatrics and predominantly in
North America. The research has had an emphasis on various medical
aspects linked to the corresponding speciality in health care, and has been
criticized for being focused on narrow medical outcomes, as well as being
non-collaborative, based on small samples of convenience, with no
comparison groups and a lack of consistent standards of measurement
(Liptak & EI Samra, 2010). Research in adults with SB is sparse but
increasing, and includes mostly young adults (Boudos & Mukherjee, 2008;
Buffart et al., 2008; Ridosh, Braun, Roux, Bellin, & Sawin, 2011; Verhoef
et al., 2004; Young, Anselmo, Burke, McCormick, & Mukherjee, 2014).
Very few studies have involved aging and health outcomes in people with
SB (Liptak et al., 2016; Morley et al., 2020). A few recent studies have,
however, included older adults. Examples are a study from Norway which
included adults >50 years of age and studied aspects of participation, as well
as health issues and physical function (Lidal, Lundberg Larsen, & Hoff,
2019), and a North American online survey, which included adults throughout
the whole life span, and focused on demographics, health care access, and
health conditions (Morley et al., 2020). One review protocol on psychosocial
outcome in adults with SB has been published (Betz et al., 2019) and one Ph.D.
thesis examined the relationship between self-determination and wellbeing in
adults with SB, likewise through an online survey (Bruegel, 2017). The lived
experience of adults with SB is sparsely researched (Kinavey, 2007). This
information is relevant to the aim of this thesis.

Drawing on principles in caring science, the following paragraphs will
present elements of relevance for the health context of adults with SB. The
thesis starts with a brief description of SB from a medical point of view.
Thereafter, aspects of meaning in relation to everyday life are presented.

Spina hifida
“Spina bifida” is a general term for a condition with a wide range of

malformations, and is often used synonymously with “myelomeningocele
(MMC)” (Alriksson-Schmidt, Josenby, Lindquist, & Westbom, 2018). It is
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a congenital disorder that occurs early in pregnancy when the neural tube
should, but does not, close, resulting in a spinal neural tube defect (NTD)
(McComb, 2015). SB involves multiple body systems (Bakaniene, Ziukiene,
Vasiliauskiene, & Prasauskiene, 2018; Wagner et al., 2015b) which at times
cause extensive impact, leading to the description used by some, as the most
complex congenital defect compatible with long term survival (Bowman,
McLone, Grant, Tomita, & Ito, 2001; Talamonti, D'Aliberti, & Collice,
2007). The failure of closure of the neural tube causes a range in degree of
outcome. Varying kinds of neurological loss are common (Mitchell et al.,
2004). Classification is done by establishing the level of the spinal lesion
and the presence or absence of hydrocephalus (HC) (Fletcher & Brei, 2010).

Most (75%) of the individuals born with SB reach adulthood today, due to
improved medical and surgical treatments (Dicianno et al., 2008). However,
the risk for early death remains throughout life (Oakeshott, Hunt, Poulton,
& Reid, 2010), as do risks for secondary conditions from other organ
systems. Impaired neurological functioning has consequences for motor and
sensory functions, including urinary tract and bowel functions, resulting in
higher incidence of urinary tract infections (UTIs), renal failure, obstipation,
and pressure ulcers. Obesity is common. All of these are to some degree
preventable secondary conditions with a high impact on health outcome.
Experiences of depression and/or anxiety among individuals with SB are
common (Dicianno, Karmarkar, & Houtrow, 2015; Wagner et al., 2015a;
Veenboer et al., 2014), also issues with psychosocial adjustment compared
to age-matched controls have been found (Holmbeck & Devine, 2010). The
majority of persons with SB have shunts due to hydrocephalus (HC), and
Chiari I malformation is common (Fletcher & Brei, 2010). It is well known
that HC is negatively associated with cognitive function and therefore
potentially interferes with many aspects of daily life (Dennis, Landry,
Barnes, & Fletcher, 2006; Hampton et al., 2011; Wetzel, Heaner, Gabel,
Tubbs, & Chern, 2018; Zabel et al., 2011). Many persons with SB have
impaired cognitive ability with significant difficulties with executive
functions (Rose & Holmbeck, 2007). “Executive functions” are defined as
a group of higher order cognitive abilities including self-regulation,
inhibition, planning, mental flexibility, and organization of behavior
(Eslinger, 1996). Prospective memory can also be impaired and has been
found to decline with age; those over 35 years of age had a larger increase
in prospective memory impairments (Dennis, Nelson, Jewell, & Fletcher,
2010). Difficulties with executive functions and prospective memory
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complicates contacts with health care and society in general, which becomes
more evident in adulthood when demands increases.

A rare condition

According to the World Health Organization (WHO), approximately 15%
(WHO, 2011) of the inhabitants in the world, 1 billion persons, are living
with some kind of disability. In Sweden, the proportion is about the same.
The number is increasing due to better medical treatment and the fact that
the estimated age of survival of the human population is getting higher
(Hallberg, 2017). Part of this is also true for persons with SB, most of whom
are now reaching adulthood. However, the incidence of births with SB in
Sweden is decreasing, not only due to improved prenatal diagnoses and
subsequent abortion (Six out of ten pregnancies are interrupted when the
fetus is found to have SB). Also, folic acid use in pregnant women results in
decreased incidence (Socialstyrelsen / National Board of Health, 2014). In
the 1970s, between four and eight births per 10 000 had SB. By comparison,
in the last decade, the number was down to one to two/10 000 births (Bodin
et al., 2018; MMCUP, 2017), with SB consequently considered as a rare
condition in Sweden (MMCUP, 2020).

When looking at survival rates, or the percentage of those born with SB now
living to adulthood, we see that a much larger persentage are today getting
old than before. This can be viewed as a success. The society rescues more
persons, i.e., those actually being born with SB, into adulthood. It does not,
however, tell us anything about how the persons live their lives or their
experiences of it.

Independence and community participation

Aging with a life-long disability increases the risk of negative health
outcomes, and participation problems, especially when having an early-
onset disability (Hilberink, van der Slot, & Klem, 2017). Many of the adult
SB population lack work or employment (Térnbom, Jonsson, &
Sunnerhagen, 2014; Tornbom et al., 2011). Studies show that even though
more people with SB reach adulthood, many have difficulties meeting the
expectations for, and demands on, adult individuals. This is often viewed
as a lack of independence. Approximately one third of individuals with SB
were found to be independent at the age of 30, one third needed supervision
and occasional help, and one third needed assistance routinely for daily care
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needs (Oakeshott & Hunt, 2003). Another example, shows low
independence in typical “milestones of life”, described as moving away from
home, studying at college, having romantic experiences and a number of
friends. The executive functions such as planning, initiation and the ability
to flexibly solve problems are considered to be measures of independence,
which is a challenge for many in this group (Zukerman, Devine, &
Holmbeck, 2011) or that are achieved later compared to others. It has been
debated whether delays in skills development in youth with SB are
developmentally appropriate or may be due to lack of expectations and
support from home and at school, and from health care and the community
as a whole (Spina Bifida Association, 2018).

One Swedish study found that children and adolescents with SB did not
express motivations for becoming independent, and the mentioned
motivations were based on a sense of consideration for the caregivers. This
was suggested as a lack of internal drive for independence, and a possible
connection to executive dysfunction (Stromfors, Wilhelmsson, Falk, &
Host, 2016). One study reporting low participation in community activities,
such as employment and physical activities as well as living independently
and dating in adults with SB, Boudos & Mukherjee (2008) identifies low
motivation as the most common barrier to community participation. The
authors (ibid.) reflect whether the low motivation could be due to: (a) never
having experienced high levels of participation and therefore not
considering this alternative for themselves; (b) limited peer interaction
(which normally influences participation in activities) (Blum, Resnick,
Nelson, & Germaine, 1991; Holmbeck et al., 2003 referred in Boudos &
Mukherjee, 2008); or (c) reduced goal-directed or initiation behavior
(Landry, Robinson, Copeland, & Garner, 1993 referred in Boudos &
Mukherjee, 2008). The debate on possible delays in development and on
low motivation and lack of internal drive is especially relevant in relation
to the participatory approach in this thesis.

Navigating social contexts

Developing an identity and finding a place in a social context is, shaped not
only by the surrounding communication (Cardillo, 2010) but also by
interruptions in school and other social arenas affecting social development,
by hospital visits and recurring bodily interventions: There are descriptions
from back in time, of children with SB being hospitalized for weeks at a
time, repeatedly, for orthopedic surgery or decubitus ulcer treatments (Tew
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& Laurence, 1976). In a metasynthesis integrating and interpreting findings
from twelve qualitative studies involving youths (9-26 years old) with SB
(Lindsay, 2014), the author drew on the concepts of normalcy and
biographical disruptions when presenting the following three themes: the
medical management of SB; the importance of peer and family relationships;
and identity and self-concept. The article suggests that youth with SB
experience threats to self-conception and disruptions in biography.
However, the investigated youth had strategies for maintaining normalcy
within the constraints of SB. Some had social support from their family; but
they still had challenges in making friends, and experiences of isolation and
stigma (Lindsay, 2014). Research comparing persons with congenital
disability to persons with acquired disability suggests that those with
congenital disability are more stigmatized compared to persons with
acquired disability, and get less personal help (Bogart, Rosa, & Slepian,
2018). In most cases, SB means being born as a patient, which can have a
strong impact on identity. The development of an identity and finding one’s
place in a social context is part of the complexity of growing up with a
congenital disability like SB. Another challenge is to handle the task of
dealing with a complex disability, which is affected by the organization of
care, the own ability, and/or the societal support granted (or provided by
relatives) in everyday life.

Navigating the health-care system

As stated previously, SB has a wide range of both physical and cognitive
outcomes. In severe SB, due to the involvement of many systems in the body,
contact with many different medical specialties is needed (Fletcher & Brei,
2010). When persons with SB transition from pediatric care to adult care
little is known about where they receive services (Webb, 2010). During
childhood, care is often delivered through subspecialty, multidisciplinary,
and coordinated settings; however, most of these programs only treat
children and adolescents, but not adults (Liptak et al., 2016). Only a few
clinics provide services to patients beyond adolescence, resulting in low
representation of adult experiences (Thibadeau et al., 2013). Yet persons
with SB continue to have elevated medical needs in adulthood (Morley et
al., 2020; Webb, 2010), with significantly more hospitalizations per year
compared to the general population (Armour et al., 2009; Dicianno et al.,
2008). Moreover, older adults with SB have higher hospitalization rates and
fewer primary care visits compared to young adults with SB (Liptak et al.,
2016).
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Several studies have highlighted the importance of coordinating the
professional care for adults with SB (Dicianno, 2014; Young et al., 2014).
To involve a health professional in the coordination of care has proved to
be important in ensuring timely, effective mental health services in young
persons with disability (Edwards, Patrick, & Topolski, 2003; Witt, Kasper,
& Riley, 2003). A European survey with focus on living with a rare disease
concluded that there was a clear lack of communication between service
providers, leaving the coordination of care to the persons living with a rare
condition and their main carers (most often women). This is a heavy time
burden which affects the everyday life of the persons already facing severe
challenges (Courbier & Berjonneau, 2017). The Swedish registry for
persons with SB, the MMC Uppfoljningsprogram (Follow—up Program)
(MMCUP), states that coherent medical monitoring for adults with SB is
lacking in several parts of the country (MMCUP, 2017). This is problematic
for the individual with SB and is contrary to the United Nations (UN)
Convention on the Rights of Persons with Disabilities (CRPD), which
identifies equality and justice in health care services as a fundamental right
of persons with disabilities (United Nations, 2008). Medical professionals’
lack of knowledge about, and inability to recognize, common medical
conditions related to SB (Spina Bifida Association, 2018) complicate the
situation further, putting higher demands on the persons with SB. It has
been reported for other rare conditions (and this equally applies to SB) that,
due to the low prevalence of the condition, there is a lack of expertise among
medical staff, which will only continue to worsen as the condition becomes
rarer. This means that the person with the condition is forced to become
knowledgeable about his or her own state (Courbier & Berjonneau, 2017)
and communicate this knowledge to professionals in health care. This can
be a challenging task which requires awareness of the organization of care
and the ability to speak for oneself, alternatively having a functional proxy.

Self-care in everyday life

As stated earlier, developments in the medical field have improved the
outcome in terms of survival for persons with SB. Living with SB often
requires self-care, as the condition in most cases involves medical
conditions, some of which demand attention in everyday life to prevent life—
threatening secondary conditions. Being aware of signs of shunt failure or
pressure ulcers, and responding in a timely way when suspecting these
complications will have an important impact on the outcome. Some adults
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with SB receive home care for everyday life and, therefore, help to remember
and perform these self-care activities. Others, however, are expected to
manage this by themselves.

I here divert to deepen the discussion of one of many everyday concerns in
SB. From birth, a lot of attention is paid to bladder function in SB to reduce
the risk of pyelonephritis, urinary leakage, and UTIs. The most common
dysfunctions of the bladder involve an overactive bladder, incomplete
bladder emptying, and increased intravesical pressure during filling, which
eventually can cause renal failure (Backhaus et al., 2002). For patients who
are unable to properly empty the bladder, a common technique is clean
intermittent catheterization (CIC), used in Sweden since the early 1970s
(Lapides, Diokno, Silber, & Lowe, 1972). This treatment is crucial for
survival and improvement of urological symptoms. Training for self-CIC is
needed from an early age. To achieve the desired effect with avoidance of
secondary conditions, this is a constant element of everyday life for many
persons with SB. Some individuals use other techniques for bladder
emptying, but whatever the technique, repeating the procedure daily is of
importance. It should be noted that, due to neurological loss of sensation,
the need to perform CIC is not necessarily linked to a feeling of a need to
void. Rather, it is a procedure that needs to be routinely done by the watch,
and checked, to avoid secondary conditions (Lindehall, 2007).

Other procedures of everyday life with SB include a bowel regimen and
procedures for both bladder and fecal incontinence. Incontinence has a
higher impact on social life than medical disorders, and can constitute a
barrier for social participation (Lidal et al., 2019; Vu Minh Arnell &
Abrahamsson, 2019). Addressing it demands both time and effort. Worth
noting is that, in order to prevent serious complications, surgical treatments
of urinary incontinence in SB often leave a way open for urinary leakage
when the bladder overfills. This is done because it is known that, due to
cognitive impairments, persons with SB may have problems achieving
regular CIC (Lindehall, 2007), a requirement for the continence
preservation surgery to work as intended. This is one example where
medical priorities, albeit necessary, can impact negatively on participation
in social life.
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Framing disability

Lindberg, (2016) found that most research on disability in Sweden is done
in the medical field, while research on legal, socio-political, and economic
aspects on disability is lacking. He also found that there was little contact
between the disability movement and disability studies in Sweden, and that
most researchers did not have the experience of living with disabilities
themselves (Lindberg, 2016). Congenital conditions, moreover, are reported
to be less likely to be represented in research involving disability (Bogart &
Matsumoto, 2010). The involvement of people with disabilities in issues
that concerns them, is something that the disability movement has long
pursued (Charlton, 1997; Hurst, 2003). This thesis considers, both the
biological aspects and the experiences of living with SB, by involving the
adult persons with SB in the co-creation of knowledge.

Models of disability

The medical model of disability has been criticized for reducing all aspects
of disability to bodily impairments (Grue, 2011) and for sending the
message that something needs to be “fixed.” This leaves an impact on the
individuals who are exposed to this “fixing” perspective. The social model
has contributed to shifting focus from “fixing” the individual to “fixing”
the surrounding factors, such as accessibility (Hughes, 2010). The social
model could be criticized for focusing only, or overly much, on the
surrounding factors, and not addressing the biophysical factors that cause
the disability (Grue, 2011). Given the benefits of the social perspective on
disability, it has been influential in, together with a strong and active
disability movement in the 1960s, preparing a new reform in the disability
area in Sweden (Askheim, Bengtsson, & Richter Bjelke, 2014), mentioned
further under the next heading.

The biopsychosocial model is an attempt to look at disability from different
angles, and could occasionally work for this purpose. It can, however, be
criticized for lack of knowledge on the interactions between the biological,
psychological, and social factors (Cromby, Harper, & Reavey, 2013; Van
Oudenhove & Cuypers, 2014). This is also a matter of language and
discourse, according to Grue (2011). Grue questions whether the medical
model is even a model, suggesting that it is more of a series of local examples
of medicalization. As such, it can be understood as a historical model
reflecting some of the inhumane treatments and experiences of disabled
persons in different health care institutions over the last few centuries. The
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medical model gives power to medical professionals by favouring medical
treatment and “normalization” as suitable interventions, and denying
agency to persons with disabilities. By continuing to refer to medicalization
as a model, the risk is to keep feeding the deception that it provides
theoretically valid perspectives on disability (Grue, 2011). In Swedish
research on disability, the Nordic relational model of disability often is used.
This model contextualizes disability as a relation between the individual
with disability and the surroundings. The fact that the model had an impact
on research was partly due to the public debate on the situation of people
with disabilities, and partly to the introduction of an environmentally
relative approach in official policy (Lindberg, 2016).

Legal rights of persons with disability

While researchers and activists may navigate the theoretical views of
disability, these views also influence the discourse and as such impact
legislation and social policy (Grue, 2011), causing consequences for the
persons living with disability. In 2009, a worldwide process of law reform
in the field of disability was initiated (Quinn, 2009), including foremost the
UN CRPD (United Nations, 2008). The drafting of the CRPD was
influenced by the international disability community with many disabled
people’s organizations in the drafting committee (Degener, 2016).
According to Degener (2016), the CRPD is based on the human rights
model of disability, which at the time was a new model developed from the
social model on disability and guided by values such as inclusion, equity,
and human dignity.

In Sweden, the CRPD was ratified in 2008 (Utrikesdepartementet / Ministry
of Foreign Affairs, 2008), but it has not been adopted as Swedish law.
Article 19 of the CRPD refers to the aim for all disabled persons to achieve
independent living and be included in society. The countries that ratified the
CRPD, are required to ensure that disabled people can choose where and
with whom they live, with access to a range of services including personal
assistance (Brennan, Traustadéttir, Anderberg, & Rice, 2016).

Swedish welfare policy is considered to have had its golden years between
the 1950s and 1970s when the social security system was implemented. As
community care services, and social care were expanded, criticism
increased, especially from the disability organizations, the so—called
“Independent Living Movement” at the forefront. Persons with disabilities
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claimed the right to decide on their situation, rather than let “the experts,”
with their “expert knowledge,” do this. The development has continued,
with a new emphasis on the individual and his or her rights to freedom of
choice, self-determination, and participation in society (Lindqvist, 2012).
In 1989, the second disability investigation by the government led to new
disability legislation, the LSS (Swedish acronym for Lag om stod och service
till vissa funktionshindrade (Support and Service for Persons with Certain
Functional Impairments)) Act (SFS 1993:387), in which personal assistance
is incorporated as one of ten different interventions for specific support. The
other nine are: counselling and other personal support, companion service,
personal contact, respite services in the home, short stays away from home,
short periods of supervision for schoolchildren over the age of 12, living in
family homes or in homes with special services for children and young
people, residential arrangements with special services for adults or other
specially adapted residential arrangements, and daily activities. The local
authorities, the municipalities, were given the responsibility to implement
this reform (Askheim et al., 2014). LSS was developed in collaboration with
Independent Living Organizations (ILOs) whose goals and principles were
implemented in law and policy. To be granted services, you need to fit into
one of three categories, according to the LSS Act (SFS 1993:387):

1. Persons with an intellectual disability, autism, or autism-related
disability.

2. Persons with considerable and durable impaired intelligence after
brain damage in adult years, caused by external violence or physical
illness.

3. Persons with other durable physical or mental disabilities, which are
evidently not caused by normal aging.

Regarding personal assistance, the municipalities cover the costs up to 20
hours each week, and the national authorities cover the additional costs for
the persons with the most extensive needs (Askheim et al., 2014). Granted
support, according the LSS Act, should be complemented by support from
the Social Services Act (Socialtjanstlagen (SoL)) (SFS 2001:453) (Hultman,
2018).

Grey zone concerning legal rights

When considering legal rights to support in daily life, many adults with SB
find themselves in a grey zone, even though the majority of adults with SB
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who have cognitive impairments often have executive difficulties that affect
the ability to be independent. Their impairments are often not included in
the specific categories of needs, so they have no access to the support offered
by the welfare society. According to the Swedish National Board of Health
and Welfare (Socialstyrelsen, 2011), approximately 88% of these efforts
involved persons who were granted support under the LSS Act (any of the
ten interventions and one person could have more than one intervention)
belonged to the above category one, i.e., they had a confirmed intellectual
disability or autism. In the current population living with SB, the estimated
number of people diagnosed with an intellectual disability, and therefore
covered by the LSS Act category one, varies from 10% (Werhagen,
Gabrielsson, Westgren, & Borg, 2013) to 20%, (Verhoef et al., 2004). The
figures being based on an intelligence quotient (IQ) <70 following a
traditional IQ test, which is mandatory in getting the diagnose intellectual
disability. A similar cause for lack of access to support has been reported in
a North American study involving adults with SB (Liptak et al., 2016). The
literature suggest that IQ is a poor predictor of general aspects of everyday
functioning (Arvidsson & Granlund, 2018; Nisbett et al., 2012). Those who
have been diagnosed with an intellectual disability receive more support in
their daily lives, such as entitlement to daily employment and personal
assistance, as they fall under category one. This does not mean that it is
unproblematic to get support even for this group. As Fridstrom Montoya
emphasizes, there is no clear distinction between weaknesses in cognition
and intellectual disability. This highlights difficulties that arise when the
“legal entity” cannot bring their own legal action (Fridstrom Montoya,
2015). Some persons with SB receive support according the LSS Act
category three, at times after the physical aspects have been aggravated by
something that could have been prevented with support at an earlier stage.

Research connecting HC, Chiari II and other associated brain malforma-
tions in SB, with following cognitive impairment has increased (Dennis et
al.,, 2010; Dennis et al., 2016; Iddon, Morgan, Loveday, Sahakian, &
Pickard, 2004). Eighty percent of children with SB (Talamonti et al., 2007)
and approximately 60% of the adult SB population have HC (MMCUP,
2020). Although this is well known, SB is still viewed as mainly a physical
disability when it comes to qualifying for social support. This is a
contributing factor to the abovementioned grey zone problem, not least
since the consequences of an alternative diagnosis can result in benefits from
society, leaving the individual with different prerequisites. This also
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influences how SB is framed. Aronowitz (2008) addresses this situation by
looking at social factors that determine presence of health, vs. disease, in
the bodies of individuals, and at the way society recognizes, defines, names,
and categorizes disease (disability) states and attributes them to a cause or
set of causes. Since the naming of these sets of causes (diagnoses) results in
various services and benefits from society, the outcome of the naming
process is of high relevance.
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Rationale

In summary, based on this background, the number of adults living with SB
is increasing, there is an extended need for knowledge concerning this
group, throughout the whole life span. There are needs for both to establish
knowledge on the natural history of SB (Lidal et al., 2019; Webb, 2010)
and to involve adults with SB and their lived experiences in the research, in
other words, studying the experience of having lived a long life with a
congenital disorder in Sweden. This is in coherence with the WHO World
Report on Disability, recommending more utilization of qualitative
methods to investigate the lived experiences of persons with disabilities
(WHO, 2011). Traditionally, persons with developmental disabilities have
either been excluded from research, or have been treated as research
subjects, rather than being included as partners or collaborators in research
projects (Ward & Trigler, 2001). As this group has experiences of
disabilities, a rare condition, and cognitive impairments, each of which
status has a history of social exclusion and lack of knowledge from within,
it makes it relevant to incorporate adults with SB as partners in constructing
knowledge concerning them.
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Theoretical framework and concepts

The theoretical framework in this thesis derives from caring science, and the
research is based on the standpoint that the person should be involved as
expert on his or her own situation (Dahlberg & Segesten, 2010). The voice
of the person has gained an increasing interest in health care and research.
Today, emphasizing the person’s story is thought to be an important aim in
caring (Omerov, Kneck, Karlsson, Cronqgvist, & Bullington, 2020), partly
because of the benefits of creating a relation with, and understanding what
is important for, the person and thereby supporting him or her on his or her
path towards health. But also, because listening in an open and accepting
manner is an act of care that communicates to the person that he or she is
viewed as a person worth listening to (Omerov et al., 2020).

Health from a caring science perspective

A concept of high importance in caring science is health. Dahlberg and
Segesten (2010) argue for an empirical and existential view of health,
meaning that health is a multidimensional experience. More specifically,
they suggest that “Health could be understood in terms of feeling good and
being able to implement what you consider to be of value in life, both large
and small.” (ibid, p. 53. Author’s translation). This could be understood as
the experience of health being related to a general feeling of wellbeing and
an interweaving of the biological foundation of the human being with the
existential dimension of being in a world together with others. The
biological foundation is expressed through signs of disease, and when
having a serious disease and/or a lifelong condition, this can constitute an
outer perspective. Based on the existential dimension of health, we know
that, despite the presence of disease, an individual can strive for wellbeing,
which can result in some sort of health perception. In this thesis, the focus
on health is from the above described existential perspective, incorporating
an inner dimension, meaning that even though you have an injury,
disability, or illness you can experience health. Concepts from the above
description of health are used in the analysis in Study II.

Study I mainly provide insights into the biological foundation and
psychosocial aspects of everyday life with SB at a group level, by mapping
the condition and surrounding issues in a cohort. Studies Il and IIT and parts
of Study IV elaborate the existential dimension of life with SB, individually
and together with others.
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Everyday life and lifeworld theory

The living conditions and everyday life of adults with SB in Sweden are the
focus of this thesis, with particular attention to the lived experience.
Lifeworld theory has high relevance in caring science (Dahlberg & Segesten,
2010). In lifeworld theory, it is understood that all our feelings, thoughts,
and what we do are experienced through the lifeworld. The reflective
lifeworld research (RLR) approach, used in Study II, is an offspring of
phenomenological philosophy and deals with life experiences (Dahlberg,
Dahlberg, & Nystrom, 2008). The lifeworld is our everyday existence
through which we live and experience our lives. According to Husserl, the
father of the phenomenological tradition where the lifeworld of humans
takes a central place, the lifeworld is perceived without reflection and forms
the foundation for understanding human beings, their lives, health,
suffering, and states of wellbeing (Husserl, 1984).

Merleau-Ponty’s ontological philosophy, as discussed by Dahlberg &
Segesten (2006), states that the individual cannot be separated from her or
his world context, in the sense that the world is part of the individual as
much as the individual is part of the world. They need to relate to each other
as aspects of “flesh of the world” (ibid). To be able to understand the
everyday existence of others, we need to take part in what their lives
contain. In this thesis, this is done in Study I by mapping living conditions
such as housing, occupation, and health status, at a group level. In Study II,
the focus is on daily life and experiences of this daily life from an individual
perspective. According to Todres, Galvin, & Dahlberg, (2007), the
surrounding world involves places, things, and situations that have meaning
for how we live our lives and also for our health context. This can be further
understood by reading Galvin & Todres’ posit that it is in the meeting with
other people’s lifeworlds that a person can understand both him or herself
and others. It is in the context of the lifeworld, together with others, that
meaning is experienced (Galvin & Todres, 2013).

Narratives as lived experience together with others

The above condition, together with others, was met by using a participatory
approach in Study III (and Study IV, which builds on Study III). Here,
members of the photovoice group were collaborators in creating knowledge
of the everyday life of adult persons with SB by sharing their experience
through stories (narratives) and photos. Storytelling, or story sharing, is a
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vital form of communication through which people share experiences and
knowledge with others as well as make sense of lived experiences themselves
(Clandinin, 2013). Narratives in Studies III and IV are understood as
meaning making, where stories are lived but also constructed, shared, and
created together. In research, narrative is a way of studying experience as
story, inspired by a view of human experience in which humans,
individually and socially, lead storied lives (ibid). Ricoeur refers to narrative
as an inherent structure of (linguistic) expressivity, through which we
recognize and understand ourselves in the world and within temporality.
Despite temporality, Ricoeur links narrative to action, agency, and identity
(Ricoeur, 1984;1985). The story can be viewed as a portal through which a
person enters the world and by which their experience of the world is
interpreted and made personally meaningful (Connelly & Clandinin, 2006).
Since before the story is told, it is lived, constructing the story is an act of
shaping lived experience (Mattingly, 1998). Whereas lifeworld theory tend
to place a stronger focus on body and experience as something very visceral,
narrative theory tends to place a stronger focus on language and action as
something co—constructed. Applying both lenses in this thesis allows for
different aspects of experience and everyday life to be foregrounded.

A participatory approach

In this thesis, participation is used to mean more than just being involved in
situations. It involves (a) active and meaningful engagement/being part of; (b)
choice and control; (c) access and opportunity/enfranchisement; (d) personal
and societal responsibilities; (€) having an impact and supporting others; and
(f) social connection, and social inclusion and membership (Borell, Asaba,
Rosenberg, Schult, & Townsend, 2006; Hammel et al., 2008; Hemmingsson
& Jonsson, 2005). This clarification is relevant for the method used in Study III
and further elaborated in Study IV, where the methodology of a participatory
method is explored. The theoretical underpinning of the participatory method
photovoice derives from emancipatory education, feminist theory, and
documentary photography. Emancipatory education, as posited by Paulo Freire
(1993), assists the understanding of how co—constructing knowledge can lead
to enhanced power to make change. Feminist theory elaborates the causes and
processes of oppressive behaviours with the aim to end oppression and the
centralization of male power in knowledge construction (De Chesney, 2015). It
is in the nature of co—construction of individual and collective stories, through
both doing and representation, that participatory approaches such as
photovoice and narrative theory provide valuable tools in design and analysis.
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Overall aim

The overall aim of this thesis was to generate knowledge about living with
Spina bifida (SB), by mapping the condition and together with adults with
SB explore their living conditions and experiences in everyday life.

Specific aims

Study I-To describe health issues and living conditions in a cohort of adults
living with SB.

Study II — To describe the experience of daily life for young adults with SB
through a theoretical lens of health.

Study III — To actively integrate expertise of persons living with SB, used to
explore conditions embedded in their everyday life.

Study IV - To explore the meaning of dialogue, action, and group
interaction as techniques that have methodological relevance for
photovoice; further, using an empirical case, to illustrate the function of
these techniques to explore the possibilities of narrative in collective
construction of meaning and social action.

30 HANNA GABRIELSSON  Adults with Spina bifida



Methods

The aim was met by combining quantitative and qualitative methods. The
first study had a quantitative approach and provides a knowledge base for
the contextual understanding of the condition of being an adult person with
SB and of the elements in the everyday life of adults with SB, on a group
level. A cross-sectional design was used for data collection in Study I and
the results are presented using descriptive statistics.

Experiences of daily life at an individual level were explored by deep
interviews in Study II. The interviews were conducted with a RLR approach,
and analyzed interpretively. Study III had a participatory approach
including five members in a photovoice group who met for eight photovoice
sessions; the generated material was analyzed narratively. Finally, Study IV
focused on reflections on the methodology in which photovoice is grounded.
The studies will be described separately below.

Table 1. Overview of the studies in the thesis

Study Participants and Method Data analysis
materials
The study included 196 persons | Quantitative. Descriptive statistics.

with SB, =18 years old. Cross-sectional.
Structured interviews,

questionnaires, and clinical

assessments.

II Six persons (four men, two Qualitative, Interpretive, using
women) aged between 28 and deep interviews using concepts of health.
44 years. the RLR approach.

1 Five members (four men and CBPR; photovoice. Narrative analysis.
one woman, aged 30—49 years)
of a photovoice group who met
for eight sessions.

v Field notes and transcripts, Exploring Methodological
concerning processes in Study methodological analysis.
III; previous literature related processes.

to photovoice studies as well as
to photovoice theory and
methodology.

RLR = reflective lifeworld research.
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Overall context

The Spinalis outpatient clinic, at Aleris Rehab Station (Previously Rehab
Station Stockholm), specializes in spinal cord disorders, and has for 20 years
been responsible for follow-ups of health care related to the spinal cord
disorder in adults with SB living in the Stockholm region. Having access to
many eligible professionals in one clinical setting is a unique opportunity
for follow-up of adults with SB. In the follow-up procedure, persons with
SB are met by a multidisciplinary team. It is in this Swedish sociopolitical
and health care context, and a well-resourced center, that this thesis should
be understood, as all the participants in Studies I-IV were enrolled at this
outpatient clinic.

Study |

Participants

In Study I, individuals aged 18 years and over with SB (n=219) were invited
to participate. One hundred and ninety-six agreed to participate, 104
women and 92 men, aged between 18 and 73 years. Persons included in the
study had a diagnosis of SB. All three types of SB were represented in the
study group: MMC; lipomeningocele; and SB occulta.

Data collection

Study I was quantitative and was conducted by a multidisciplinary team.
The research group at the clinic comprised a physician, a registered nurse,
a physiotherapist, a neuropsychologist, an occupational therapist, and a
social worker. The aim of Study I was to describe health issues and living
conditions in a cohort of adults living with SB.

A cross-sectional design was used. The data collection was conducted in
conjunction with the participants’ regular follow-up at the clinic. The
structure of the data collection was based on the structure of the regular
follow-up, but extended and systemized. Data was collected during
individual face-to-face sessions through interviews based on questionnaires
and clinical assessments. The interviews included sociodemographic factors,
medical information, and associated conditions. Medical records (including
records from the children’s hospital, computerized medical records, and
paper records, depending on availability) were used where necessary, to
validate the information given.
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Measurements/instruments

Each professional (a registered nurse, a physiotherapist and an occupational
therapist) who met the participants, used a questionnaire covering issues
usually related to the subject of their professional role. The questionnaire
was used as a guide by the professional, who asked, and made assessments
with, the participant, and/or checked the medical records where necessary.
The questionnaires covered the topics presented under the four headings
below.

Sociodemographic factors
The sociodemographic factors are given in Table 2.

Table 2. Sociodemographic data

Gender

Age

Household status

Biological children

Passed core subjects in primary school

Main occupation

Driver’s licence

Independence and support in daily life (support in personal care, household activities,
and/or through reminders)

Financial guidance

Assistance provider (municipality/state and/or family member/s)
Transportation services

Structural and medical characteristics
The structural and medical characteristics include the following parameters,
measurements, and instruments:

Bladder and bowel regimens were established using Nordic Spinal Cord
Injury Registry (NSCIR) data (Levi & Ertzgaard, 1998), covering the
method for bladder emptying, voiding frequency, continence, use of
incontinence pads, and complications.
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Data on neuropsychological diagnoses, including Asperger syndrome,
attention deficit disorder, attention deficit hyperactivity disorder, as well as
psychological diagnoses (depression and anxiety) and intellectual disability,
was collected from the medical records and through the interview.

Self-reported sleep habits were collected using a modified questionnaire
based on the Basic Nordic Sleep Questionnaire (Partinen & Gislason, 1995)
and were categorized as difficulty falling asleep, waking up in the middle of
the night and not being able to go back to sleep, or sleeping too long.

Table 3. Structural and medical characteristics
(and method of data collection)

Diagnosis (I+M)

Length, cm (A)

Weight, kg (A)

Hydrocephalus, Yes/no (I+M)

Shunt and number of revisions (I+M)

Chiari II malformation (I+M)

Diagnosis (type of SB) (M)

Epilepsy (I+M)

Blood pressure (A)

Allergies (I+M)

Drug treatment (I+M)

Secondary complications

- Pressure ulcer (on examination day; presence and location) (A)
- Orthopedic surgery related to SB (I+M)

- Tethered cord symptoms (I+M) (earlier in life and/or in the last year)
- Pain (on the day of examination; presence and location) (I)

- Sleep habits (I)

Bladder symptoms (I+M)

Bowel symptoms (I+M)

Psychological and neuropsychological diagnoses (I+M)

A = assessment; [ = interview; M = information from the medical records; SB = spina bifida.

Physical function and assistive devices
Measurements and instruments for assessing physical function and use of
assistive devices are presented below.
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Table 4. Physical function and assistive devices (and method of data collection)

Muscle strength, five-graded scale (A)

Level of motor and sensory function, AIS (A)

Contractures >20 degrees in hip, knee, or ankle joints, Yes/no (A)

Mode of mobility

Transfers from the chair or wheelchair to the bed: Independent, with assistance, or with
the use of a lift. (A)

Weekly physical exercise habits: No physical exercise, moderate exercise, or strenuous
physical exercise (I)

FIM (A)

Hand function (A)

Assistive devices, Yes/no (A+I)

A = assessment; AIS = American Spinal Injury Association Impairment Scale; FIM = Functional
Independence Measure; Interview (I).

The participants were assigned to different muscle function (MF) groups
classified as I-V (Bartonek, Saraste, & Knutson, 1999). An additional
classification, MF 0 (Bendt & Bartonek, 2016), represents those with no
loss of muscle strength, and MF V represents those with no muscle activity
in the lower limbs and no pelvic elevation, based on a muscle strength
examination of the lower extremities (Hislop, 1995).

An American Spinal Injury Association Impairment Scale (AIS) score
(Kirshblum et al., 2011) determines the level of lesion, and sensory/motor
function. Contractures >20 degrees in the hips, knees, and/or ankle joints
were registered (American Academy of Orthopedic & Surgeons, 1988).
Functional ambulation was registered according to the criteria by (Hoffer,
Feiwell, Perry, Perry, & Bonnett, 1973).

The motor function part of the Functional Independent Measure (FIM) was
used to measure the level of each participant’s disability and to indicate how
much assistance was required to carry out activities of daily living (Dodds,
Martin, Stolov, & Deyo, 1993). Dexterity was assessed with the Nine-Hole
Peg Test (Mathiowetz, Weber, Kashman, & Volland, 1985), and hand
strength was assessed with Grippit (Nilsen et al., 2012). Weekly physical
exercise habits were registered: no physical exercise, moderate exercise (a
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minimum of 30 minutes, one to two times weekly), and strenuous physical
exercise (a minimum of 30 minutes, at least three times weekly), based on
the participants’ own statement.

Cognitive subtests

The cognitive subtests used were the coding test, the block design test, and
the F-A-S verbal fluency test. The coding test measures associative memory,
graphomotor speed, and processing speed; the block design test measures
visual spatial processing, visual motor construction, and problem solving
(Wechsler, 2002); and the F-A-S verbal fluency test measures verbal
executive ability (Tallberg, Ivachova, Jones Tingheg, & Ostberg, 2008).

Data analyses

In Study I, descriptive statistics are presented as numbers and proportions.
The Shapiro-Wilk test was used to analyze normal distribution. Mean and
standard deviation (SD) were used for normally distributed variables:
median, interquartile ranges (IQRs), and minimum-maximum values were
used for non-normal distributions. Differences between the groups and the
presence or absence of HC were analyzed among the variables for cognition
and dexterity using the chi-square test for dichotomous variables, Student
t-test for variables with normal distributions, and the Mann-Whitney U-test
for variables with non-normal distributions. Statistical significance was set
at p<0.001. The analyses were performed using SPSS version 24 (IBM
Corp., Armonk, NY, USA).

Study I

Participants

Eight persons were invited by telephone to participate. Six participants, four
men and two women, aged 28-44 years accepted participation. All
participants used a wheelchair for ambulation, although some walked short
distances indoors. All had treated HC. One lived with a partner, two lived
with their parents, and three lived on their own, one of them with personal
assistance. One had a full-time job, one worked part-time in a family
business, one was studying, and three had neither a job nor any other form
of employment.
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Data collection

Study II focused on daily life on an individual level. The study had a
qualitative design and the aim was to describe the experience of daily life
for young adults with SB through a theoretical lens of health. Deep
interviews were conducted according to the principles of RLR, with
flexibility and openness to the interviewees’ answers, to capture their lived
experience (Dahlberg et al., 2008). The interviews were directed towards
the meaning of the phenomenon of which the study aimed to gain an
understanding (ibid). The interviews lasted 60-90 minutes, and were
recorded and transcribed verbatim. All the interviews were conducted at the
clinic, based on the participants’ own choice. Each interview began with the
question Can you please tell me about a good day? Follow-up questions like
What does that mean? or Tell me more about it were asked to deepen the
interview.

Data analyses

In the first phase of the analysis, a naive reading of the transcribed
interviews was done to get a picture of the whole. Both in order to handle
the rich material and because of the aim to focus on health, a tool was used
for the second part of the analysis. The concepts used in the analyses stem
from an emerging theory of health by Dahlberg & Segesten (2010) used in
Gabrielsson, Traav, & Cronqvist (2015), see Table 5.
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Table 5. Concept description: an emerging theory of health

Health Human health is the overall goal in caring, including
supporting and strengthening people’s health
processes both biologically and existentially.

Existence and Biological health is intertwined with the existential

wellbeing experience.

Finding a place in Living in the world in a way that both affirms the

existence own way of being and an existential context.

Vitality Life force is essential to be able to live a life full of
obstacles and opportunities. Support and strengthen
viability.

Life rhythm Possibility of movement in life. An ability and sense of

“being able to.” Life rhythm also includes stillness
and rest.

Meaning and context | Human longing for meaning and context and how
this desire is connected to health, suffering, and

illness.

The concepts were used as codes utilized for grouping the text into
categories. Codes with corresponding meaning units were brought together
and constituted the material for the next level of analysis. A hermeneutic
procedure was applied to gain an understanding of the whole in relation to
the parts (Dahlberg et al., 2008). Approximately ten text units were selected
and further analyzed, resulting in five themes and an overarching main theme.

Studies Il and IV

Photovoice

Study IIT uses the method photovoice and Study IV explores the method’s
inherent methodological processes. Photovoice is collaborative, action-
oriented and is considered to belong to an approach in compliance with
CBPR (Asaba, Laliberte Rudman, Mondaca, & Park, 2015; Wang &
Burris 1994; 1997). A central tenet of photovoice is its characteristic of
valuing and honouring knowledge of everyday people and everyday
communities, highlighting what the community in focus deems of
importance and not necessarily what the researchers may have
predetermined to be important. In photovoice, the aim is to engage people
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as experts on their own life situation through dialogue, narratively
reinforced by photographs, which requires a clear commitment to involve
people who, in different ways, live on the margins of society (Plunkett,
Leipert, & Ray, 2013). Photovoice can be distinguished from other methods
where photos or pictures are used, in that members of a photovoice group
actively make decisions about what photos to generate and how to generate
them, as well as being active in co-designing and revising the questions posed.
In photovoice, “VOICE” as an acronym is intended to convey “Voicing Our
Individual and Collective Experience” (Wang & Burris 1997, p. 381).

Participants

The original recruitment aim was to gather a group of between six and eight
persons including both men and women. The final group consisted of five
persons, four men and one woman, aged 30-49 years. Of these, three lived
alone, one of them with 24-hour assistance, and two lived in serviced
apartments. Two worked part-time and received a subsidy; two had
sheltered work; and one had early retirement. Four of the group’s members
used a manual wheelchair and one walked. Four were Swedish-born; one
had moved to Sweden at around the age of 4. The size of the group was in
keeping with photovoice methods and allowed for active dialogue among
all group members (Asaba et al., 2015; Wang & Burris 1994; 1997).

Data collection through photovoice

In accordance with the methodology in photovoice, photographs served as
a starting point for the discussion about what was of interest in daily life.
The group met once a week for 8 weeks, for sessions lasting 2 hours. A
theme, formulated by the group each week, served as a basis for the photos
members took for the next session. The group agreed to bring in three
photographs each per week, to work with during the sessions. The data
consists of transcriptions from the sessions where stories, reinforced by
photographs, were dialogued and co-constructed, as well as the processes
within the project.

Narrative analyses, Study I

Phase I of the analysis actively involved the group through the dialogues
and the sorting of photos and stories connected to the photos, in a process
whereby the group was part of the visual thematic analysis presented in the
exhibition. Phase II consisted of the narrative analysis conducted by the
researchers.

HANNA GABRIELSSON  Adults with Spina bifida 39



Narrative
analysis
researchers

Ongoing working process together with
members in the group

2nd-8th session

Themes: 8th session
2nd Optional Themes for
everyday life . exhibition:
3rd Accessibilit 5t2h7ot:s§etivsc‘>on peaeu]
Ground rules ) st (@iiiiesd) everyday life,

Exercise 4th Communication P P Availability is a
First th that mean a lot )

st theme 5thRights to you today? i,
The struggle in
everyday life,
7th 8th Optional Communication
earlier themes

1st session

6th Experiences

Figure 1. Flowchart of the research process

The narrative analysis was built on Phase I, and was based on transcripts,
photographs, and field notes from the eight sessions. The initial reading of
transcripts focused on identification of significant events and turning points
in the actions and happenings provided by the data, to generate a story
(Polkinghorne, 1995) on a group level. Significant events might be
something distinctive, representative, or surprising. Surprise could include
a finding that was contradictory to previous material, either from the intra-
or interparticipant research data, or based on variation from within the
literature. Altogether, this created material for the emergent narratives.
Caution was taken to retain the wholeness of the narrative, rather than to
fragment stories and experiences into parts or categories (Creswell & Poth,
2017). The themes were discussed back and forth among the researchers to
reach consensus. The narratives generated and presented in Study III were
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co-constructed by the participants and the researchers, even if the final
analysis in Phase I was conducted by the researchers.

Methodological analysis, Study IV

Photovoice has undergone methodological development and is being
increasingly used; yet concerns regarding the method have been raised. In
Study IV, issues with and adaptations of the methods used, and how they
affect methodology, are discussed and reflected against the theoretical
underpinnings on which photovoice rests. By returning to the ideological
cornerstones of photovoice — emancipatory education, feminism, and
documentary photography — the empirical experiences from Study III and
examples from the literature are elaborated through processes within
photovoice.

Ethical considerations

The three empirical studies in this thesis were conducted in accordance with
the Declaration of Helsinki (World Medical Association, 2018). The ethical
principles of benefit for others, justice and respect were adhered to by
performing actions that promote wellbeing in a person, respectfully
listening to the other person’s view, and recognition of the person’s dignity
(Beauchamp & Childress, 2013), for example by obtaining informed
consent for research in a fair manner (Judkins-Cohn, Kielwasser-Withrow,
Owen, & Ward, 2014).

Informed consent

As this group had cognitive impairments of varying degrees, special
considerations were taken when explaining the purpose of the research
project and the possibility to withdraw the consent at any time. The
information regarding each study aim, what was required from the
participants, voluntary participation, and how collected data would be
used, was provided orally and in writing. One aspect of importance was
whether the members understood what they agreed to be part of. The
participants were encouraged to ask if there was any information or
question that appeared unclear. When the nurse researcher has the dual
roles of clinical nurse and researcher, it is especially important to explain to
participants that their participation is voluntary and does not influence the
provided care (Judkins-Cohn et al., 2014).
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The informed consent process in the photovoice project (Study III) was
repeated continuously through the study, as was the possibility to withdraw
from the project at any time. Since the group decided to share the results
from the study through an exhibition, they also agreed on breaking
anonymity. This was given special attention, by discussing the potential
risks and benefits of doing so (Judkins-Cohn et al., 2014). The members of
the group signed another informed consent regarding the exhibition.
Another aspect of importance, when it comes to ethical concerns in a
photovoice project, is whether other persons are visible in the photographs.
This issue was handled continuously by asking permission from the person
visible in the photo, for using the photo in the project. When the
photographs for the exhibition were chosen, the facilitators made sure that
if an outside person was visible in a photograph, he or she was asked for
permission to have the photo shown publicly, to secure that person’s right
for anonymity and privacy.

Confidentiality

Collected data were handled in such a way as to protect confidentiality.
Personal data were coded and were only available to the research group.
The data is stored in a locked document cabinet at Aleris Rehab Station
(Previously Rehab Station Stockholm), and digital data files are stored on a
secure server protected by a password.

The data from Study III used in the scientific report has been anonymized,
meaning that breaking the anonymity was primarily for the exhibition. This
can impact the possibility to be recognized as a member of the group also
in the scientific report. This issue was discussed within the group, when
handling questions that arose regarding the decision to create an exhibition.

Ethical approval

Studies I, II, and IIT have been approved by the Regional Ethical Review
Board in Stockholm (dnr. 2014/1111-31, 2010/761-31/5, and 2017/992-
31/2). Study IV is a methodological and conceptual analysis of empirical
data from Study III, and material in Study IV is covered by the initial
approval for Study III.
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Findings

A summary of the main findings of Studies I-IV is presented below;
thereafter, an analysis of these findings will be presented under “Reflections
on findings.”

Study |

In Study I, data are presented for the total cohort (N = 196) and separately
for four age groups (Group 1: 18-30 years, n = 90; Group 2: 31-45 years,
n = 60; Group 3: 46-60 years, n = 38; and Group 4: >61 years, n = 8). The
participants had a median age of 33 years, 37 years for women (n = 104)
and 30 years for men (n = 92). There was a significantly higher proportion
of women in the two older groups. Those who were >46 years old had less
complex medical conditions, and better physical and cognitive function, and
had attained a higher level of education. Those who were <46 years old had
a greater number of secondary conditions such as HC, Chiari II
malformation, tethered cord symptoms, and latex allergy. In the whole
group, 7% lived in sheltered housing, 41% in a single household, and 31%
with parents or a friend/friends; 3% were single living with a child or
children, and 18% were living with a partner (with or without children).
Sixteen percent had biological children. Fourty-four percent of the study
population received municipal or state assistance; of those, almost half
(48%) relied on additional help from relatives. Twenty-two percent had a
full-time job, while 15% had part-time work, and 8% worked in a protected
workshop. Nineteen percent were unemployed and 20% were in school or
other education, 16% were pensioner. Seventy-eight percent had urinary
incontinence and 77% had fecal incontinence. The majority (54%) used
CIC for bladder emptying. Seventy percent underwent the cognitive
assessment. There were no significant differences in age, gender, or
prevalence of HC between those who underwent the cognitive assessments
and those who declined. The participants performed one SD below the
reference values for the general population on the cognitive sub-tests, with
significant differences (p<0.001) between those with and those without HC.

Study Il

Five subthemes were formed in Study II, the first of which was “Not
understanding and taking responsibility for the lower body” and was
related to the participants’ struggle to understand, and react to, signals from
their body. “Having had people stand behind me — not having been allowed
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to grow up myself,” as the second subtheme was called, included feelings of
being pitied and receiving help without being asked, a lack of challenges,
and constantly having someone at hand to help, leaving the participants
feeling overprotected and unable to get things done on their own. The third
subtheme, “Compared to people like me, I usually do well,” reflects a
twofold experience of meeting others in a similar situation as oneself. On
the one hand, it was a source of fellowship through sharing experiences; on
the other, looking back on childhood experiences uncovered an
ambivalence about socializing with others with SB. This partly had to do
with the discovery that they were not being treated fairly by the
environment, as the following quote shows: “... They get an image of the
world that is a bit wrong, I think [...] those kids were treated in a way that
I did not actually like ... I thought that was so hard to watch.” The fourth
subtheme, “I thought it would work out by itself,” expresses a desire for
independence and shows the many challenges on the way to getting there.
These often were physical barriers, but participants also described the
difficulty to handle situations by, for example, asking for help in time, when
not being able to fix a problem on their own. Such situations might be
directly related to health, or they could involve an activity like doing the
dishes, washing, or preparing daily meals. The last subtheme, “A lack of
structure in daily life,” describes the lack of a natural rhythm and balance
in life created by unemployment, and the isolation following this. Those
who had employment described the job as a platform for social contact and
as providing the feeling of context. Having routines and a pattern in life was
considered important. The feeling of being in a context could also be
achieved by being with family or friends, or going to the gym or attending
another form of organized exercise. The five subthemes were merged
together under the main theme “The contradictory path towards wellbeing
in daily life.”

Study 1l

In Study III, the findings are incorporated with the discussion and presented
with an overarching theme that was identified in the members’ experiences
in everyday life, namely, that many solutions in society are “An adaptation
for us, but it works for no one.” The members’ stories showed that many
of the systematically developed services and adaptations did not work and
contributed to a struggle in everyday life and a sense that the design of
services had not included any people living with different kinds of
disabilities. One of the stories presented under this theme involved a photo
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of a closed door, representing the inaccessibility to an absent supervisor and
a narrative about a job to attend, but not really to participate in. This
example of suboptimal work tasks, in terms of personal meaning, has been
raised as an example of structural hindrances that need to be considered in
reconceptualizing the idea of work in the context of disability (Asaba,
Aldrich, Gabrielsson, Ekstam, & Farias, 2020). The findings are further
presented under three themes: “Accessibility — a never-ending project,”
“Tensions of a normative view” and “Power to influence.”

The theme “Accessibility — a never-ending project” was about dealing with
accessibility in everyday life. This included physical barriers at work, such
as a broken elevator and a supervisor not really taking the problem seriously
and fixing the elevator in a timely manner. A photo of a broken seat belt
initiated a dialogue on whether having to choose between safety and
actually having transportation. Participants described that at times this
meant either traveling unsafely to get to an appointment on time, or
traveling safely but arriving late. The next theme, “Tensions of a normative
view” was likewise illustrated by a photo of a closed door, where the door
had a metaphorical meaning as the members felt they met with closed doors
everywhere, when for example talking to the authorities or traveling
somewhere. The communication from their surroundings affected the
members. As a physical example, the closed door without any possibility to
open it, or stairs but no elevator or ramp, communicated a lack of welcome
and made the participants question whether they were desirable customers
or not. This brought up the question of being valued vs. being devalued. The
participants also shared experiences of having to handle degrading comments,
which were either direct or indirect, in personal communications.

The last theme, “Power to influence,” is about opportunities for
participation by being asked about your views. Participants shared their
memories from childhood, describing early experiences of not being asked,
not even in situations concerning their health or their own body. They
expressed the desire to be independent and to participate on their own terms
where this was possible. This was, as has been mentioned, sometimes
complicated by people around them trying to be helpful. Not being asked
and not counting led to a sense of social exclusion and of not being part of
a context in mutual respect.
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The exhibition

Part of the results from the first phase of Study III (see Figure 1) were
communicated with the surroundings through an exhibition. The first
opening of the exhibition took place on World Spina Bifida and
Hydrocephalus Day, October 25th, 2018, at the Spinalis clinic, Rehab
Station Stockholm (now Aleris Rehab Station). All the members of the
group as well as local politicians and members of patient organizations were
present and were part of a public conversation that followed. This event
served as an initiation of dialogue about everyday life with SB, and as a
platform for meetings that would otherwise not have taken place. The
exhibition toured during the following year and has been shown in ten
separate locations including a university college, university, rehabilitation
centers (one in Sweden and one in Norway), a library, a hotel, and patient
organizations. The members of the group were active in suggesting locations
for the exhibition and many of the members have been present at the various
openings of the exhibition. The exhibition has received some attention in
the media, including an article in Disability Policy magazine
(Funktionshinderpolitik in Swedish), another in a local newspaper (namned
Akershus Amtstidende) in Nesodden, outside Oslo, Norway, and a report
on the local radio in Stockholm, Sweden.

Study IV

The function and meaning of dialogue, action and interaction in relation to
co-constructing knowledge are elaborated in Study IV. The concepts are
argued as being unique strengths in photovoice methodology and that these
strengths are possible to build on in studies involving persons with SB. By
active involvement, encouraged by the methods used, interactions in the
group (Study III) became self-sustaining and thus increased participation.
The repeated group sessions were an important prerequisite for involvement
and the will to develop, and for relations to grow and be interrelated with
trust, as a base for dialogue and story sharing. The group discussions and
group interaction provide an arena for the dialogue and reflection to
develop, including action, as in “doing together” with others. Storytelling
occurs in the process of group discussion, where both individual and
collective experience is shared and created (Wang & Burris, 1997). By
focusing on action and narrative, it becomes evident that dialogue, action,
and interaction are important aspects of photovoice projects. Drawing on
these aspects provides an arena for storytelling and story making, which
have not previously had an explicit part in photovoice.
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Reflections on findings

This thesis aimed to generate knowledge about everyday life with SB as an
adult. The knowledge was generated, in collaboration with adults with SB,
by exploring their living conditions and experiences in everyday life. The
reflections are presented in four themes, the first of which is a synthesis of
the findings in Studies I-IV. The findings are reflected by returning to the
concepts of relevance from the theoretical framework guiding this thesis.

Lack of opportunities for independence and participation

The findings in Study I indicate that participants aged 46 years and over,
the “survivors,” had better prerequisites for living independently and
participating in society. They had less complex medical conditions, as well
as better physical and cognitive functions, and had attained a higher level
of education. Those under 46 years appeared to have lower prerequisites
for living independently and participation in society at a younger age,
indicating a need for social support in the future. This suggests a connection
between bodily and cognitive aspects, on the one hand, and participation in
society, on the other.

The results in Study II reveal another dimension of independence and
participation, where the surroundings played a decisive role. The theme in
Study II, “Having had people stand behind me — not having been allowed
to grow up myself,” showed that having had support from others had
negatively impacted on independence and possibilities to learn by making
mistakes. Similar results were evident in the theme “Tensions of a normative
view” (Study IIT), where a desire for independence and participation on own
terms was at times opposed by people in the surroundings who were being
“helpful” without asking. One dimension here concerns the way the
surroundings view a person and his or her capabilities, which is constantly
present in these situations. The theme “I thought it would work out by
itself” (Study II) describes challenges in getting things done, and self-
expectations not being met. The participants described how the desire for
independence was dampened by experiences of pacifying events affecting
both household, health and confidence. Taken together, the living
conditions concerning independence and participation were affected by
internal and external factors, leading to experiences of pacification, social
exclusion, diminished health (through participants not taking care of
themselves), and feelings of failure. It is important to acknowledge the lack

HANNA GABRIELSSON  Adults with Spina bifida 47



of opportunity for independence and, consequently, participation, shown
by the members’ experiences. This lack of opportunities stands in contrast
to the values elaborated through a participatory method (Study III).
Building on this, the meaning of participation was further developed in
Study IV.

Stories of not being asked affecting identity

While some of the stories embedded in this research show a lack of
opportunities for participation in everyday life, other stories describe
experiences of not being asked concerning issues regarding the participants
themselves. In both Study IT and Study III, experiences of receiving help
without being asked were described. The condition of not being asked was
part of the participants’ lifeworld. Similar findings were reported in a study
of women with SB, which explored the lived experience of anger using focus
groups (Daalen-Smith, 2014), where anger was linked to the women’s
treatment by the health care system, the educational system, and by society
in general. Especially one quote from the article, describing painful medical
procedures that were done without explanation, and further describing
being paraded naked in front of medical professionals without consent
(Daalen-Smith, 2014), was highly recognizable to the participants of our
study, who told a similar story under the theme “Power to influence” (Study
III). The story revealed another dimension of not being asked as the member
of the photovoice group looked back on a memory from childhood, an
exposed situation when, at 8-10 years old, he found himself lying on a
mattress with a group of medical students sitting next to it, who turned him
and strapped down his legs, and so on. No one had asked him if it was ok
for the medical students to attend the medical procedure. Drawing on
Mattingly’s view on narrative as a way of constructing experiences
(Mattingly, 1998), but also as a way to reconstruct the view on self, this
early condition of not being asked, and not being heard, not only leads to
the story construction itself and to the possibility for the person’s story to
be constructed at all, but also affects the person’s view of self. The potential
power in story and voice is further put into words by Frank (1995), who
writes:

Seriously ill people are wounded not just in body but in voice. They need to
become storytellers in order to recover the voices that illness and its
treatment often takes away ... When any person recovers his voice, many
people begin to speak through that story. (pp. 12-13)
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Language also plays a crucial role as an important aspect of the social
environment, since the language we use reflects our view on the phenomena
in focus. According to the developmental perspective, young children are
socialized in language, as well as through language (Nelson, 2000; Ochs &
Capps, 2001). Language provides the basis for a self-identity to develop in
childhood (Piaget, 1951). This includes the language provided by the
surroundings, e.g., health care, which has been an actor of importance by
providing a language to the families with a child born with SB, and, as time
has gone by, to the adult person with SB. Holland, Lachicotte, Skinner, and
Cain (1998) view identities as primarily being constructed through
interactions firstly with the social environment, and thereafter on a more
intrapersonal level. The environment, and the contexts, in which people
express their identities are not neutral. Rather, they are socially charged by
discourses and ideologies shaping the boundaries which continuously
reposition the individual (Holland et al., 1998). This is in consistence with
the results of both Studies II and III, where others in the members’ lives and
in their actual physical surroundings communicate values. These are
communicated both through direct language (addressed to the person with
SB) and indirect language (used in the treatment of, and language used for,
others with SB or any other disability), and by the physical surroundings
(through being accessible or not). Yet another view on identity is that it is
not only affected by social discourses, identity is also expressed and
reconstructed through everyday doing situated in a particular social-cultural
context (Asaba & Jackson, 2011). This is of relevance in relation to the
result in Study I, I and III, showing low employment rate and a longing for
meaningful employment and for being in a context.

In light of the above, the story of “not being asked” leaves the person with
SB in exclusion and ignorance and positions him or her in the box of
incapability, all of which affects surrounding attitudes and personal
identity. A similar conclusion was reached in the study involving women in
focus groups to explore anger (Daalen-Smith, 2014), where the experienced
oppression was linked to ableism, including constantly being compared to
others, devalued, made to feel unimportant, and not being listened to or
taken seriously, with little or no agency in their lives. This treatment of
being made to face inaccessibility both in the surroundings and in
communication, by not being asked, affects a person’s self-image and
opportunities to make the own voice heard. There seem to have been few
opportunities in the past, for persons with SB, to be heard, and therefore
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they have had little practice in putting experiences into words. A lifeworld
understanding always involves the relational contexts in which persons act,
and how these relational contexts have the possibility to change them
(Todres, Galvin, & Dahlberg, 2014). One possibility for change and healing
is to “reach for insiderness,” as its absence can become a form of iatrogenic
suffering (ibid). Another possibility can be to enable persons to feel part of
a larger whole, and being given the opportunity to try out alternative
identities, through engaging in occupations and actions (Asaba & Jackson,
2011). This can be enhanced by policies that create inclusive employment
opportunities.

Stories as action and ability

By being listened to, the ability to tell the own story, in itself an action, is
communicated. As Mattingly puts it, if there is a story, there is action and
you cannot understand action without stories (Mattingly, 1998). Stories
involve action and experiences, involving someone trying to do something,
and what happens to her and to others as a result. Narratives are not merely
about experiences, but in a sense experiences are about narratives. Action
and experience are both personal and socially constructed (ibid.). Narrative,
in itself, can be a way of reconstructing or rewriting the own understanding
of life and self (Alsaker, Bongaardt, & Josephsson, 2009; Mattingly, 1998).
Consequently, participation in the photovoice project (Study III) constitutes
an opportunity for change on an individual level by members reconstructing
the view of self. Via members’ participation through story and action, as
described in Study IIT and further elaborated in Study IV, the relationship
of story and action becomes evident as an opportunity to construct stories
together with others. Apart from story, action in this context is intimately
related to dialogue and group interaction as a foundation for reflection. The
members of the group performed actions individually in between the
sessions (photographing their everyday life) as well as together by visual
thematization of the meaning of the photographs. The thematized
photographs later formed an exhibition, which served as a space to start a
dialogue concerning issues of relevance for the group. In the language used
in photovoice, this is action as in promoting social change. Everybody has
a voice; at times, the question of importance is whether anyone is listening,
and who? The opening exhibition served as an arena for dialogue between
stakeholders (local politicians), the members of the group, and members
from patient organizations. Thereby, the voice of the group as experts on
their lives was shared and illuminated in a direct and clear manner.
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As this thesis reports lack of possibilities for participation and possibilities
to be heard and to put experiences into words and, thereby, construct
valuable insights on life, the photovoice project constitutes an important
experience of participation. Descriptions of the attitudes of the
surroundings, in Studies II and III, showed questionable and excluding
behaviors, which often led to feelings of powerlessness. Powerlessness can
be viewed as a result of being objectified and not believing that the own
participation makes a difference (Wallerstein & Duran, 2008).

The meaning of participation was elsewhere explored among persons with
disability (Hammel et al., 2008). Participation was viewed as a right
predicated on access, opportunity, respect, and inclusion. According to the
authors, it includes a personal and societal responsibility requiring
determination, advocacy, and empowerment, as well as a means to
experience social connectedness with other people and communities.
Developing advocacy, control, and power is part of the process. Power, on
either an individual or a group level, was also related to societal access and
opportunity (ibid). The photovoice project confirmed some of these
meanings of participation, while the stories of everyday life showed a clear
absence of such participation. Even in situations such as being employed,
which suggests being part of a social context and participating in society,
participation was lacking (Study III). Absence of opportunities for
experiencing participation in everyday life equates to absence of an
opportunity for health and wellbeing through being part of, and being in a
context, and act (Dahlberg & Segesten, 2010).

Action as health

The concept of health in caring science involves more than biological
functions. Biological health is incorporated in the existential experience of
health, including meanings of being in a world together with others. Health
is also understood as a sense of “being able to,” concerning different aspects
of life (Dahlberg & Segesten, 2010). Health, when it is viewed as an ability
to act, implies that the opposite, i.e., ill health, represents a kind of failure
of action. “Action” is here understood in the sense of an intentional action,
including “ordinary doing” (Nordenfelt, 1995). As elaborated from the
action theory on health in Study IV, the environment can either make action
possible, or the opposite. To be healthy is to be able to act (and/or pursue
the own goals) provided that the environment is accepting. The environment
is expected to be conducive to enabling people to act (ibid).
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The environment can in this sense be viewed as an opportunity, afforded by
surrounding factors, for a person’s possibility, affecting the person’s ability
(Nordenfelt, 2009). The photovoice project can be seen as such as
opportunity, in a supporting environment that positively affected the
members’ abilities. While this was done in a small context, during a limited
time period, with the possibilities to create a supportive environment, it
should be remembered that the lack of a supportive environment in
everyday life is a reality, and that the consequences both for the possibility
for actions and the ability to act can affect a person’s health.

Another important base for a person’s ability to use acquired abilities and
competencies is motivation, by which is meant the ability to form intentions
and act on them (Nordenfelt, 2009). Motivation is viewed by some as
energy, drive, or will (Tengland, 2020). Energy, drive, and will also
constitute the executive functions (using a more general definition), which
in persons with SB are typically affected as a consequence of cognitive
impairments. These known impairments were reasons for concern regarding
the possibility of conducting a photovoice study (III), which in the end
turned out to exceed the researchers’ expectations, by increasing the
motivation and will of the members. The positive aspects of being in a group
contributed to activities that the group accomplished together by members
using their abilities together, which resulted in something larger than
individual abilities and accomplishments.

Everyday life is existence as we know it, and can be understood as
something we are familiar with as an obvious arena for happenings in life
(Dahlberg & Segesten, 2010). The biological reality for persons with SB, a
congenital condition, can be viewed as another dimension of accessing the
world, the existence, through a body “as we know it.” One aspect of living
with a congenital condition is that it involves no experience of losing
functions. This could of course happen at some point during life, but unlike
many models of adaptation to disability, which refer to acquired disability
involving grieving over lost functioning (Bogart, 2014) and getting to know
a “new” body and a new situation, in SB there is no coming to terms with
losing something that was previously taken for granted. More importantly,
having a congenital condition seems to be linked to aspects in history of
having been exposed from early on to different views on disability, affecting
treatment, health care, housing, whether being included in regular
education, having an occupation, and so forth. Looking back at the results
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of this research, especially Studies IT and III, the quotations conveyed a sense
of accepting things as they were, for example in statements involving bodily
functions. The suggestion was that these situations were familiar, well
known, and taken for granted among the members of the group. On the
other hand, what was explicitly spelled out during the interviews and
sessions was a wish for a meaningful context filled with meaningful actions.
As reflected above, this should be manageable with the right support and
suitable actions.
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Methodological considerations

This section presents the weaknesses and strengths of this research project
regarding design and how the research was conducted. The combination of
quantitative and qualitative methods is considered a strength. This made it
possible to highlight different perspectives: the perspectives of the group
level, those of individuals, as well as perspectives gained through interaction
in the group. Having a variety of methods, besides offering different
perspectives on a research question, also reduces the risk of errors linked to
a specific method (Patton, 2015). On the other hand, using different
approaches may have contributed to a lack of deepened knowledge about
one specific approach, which could have been achieved by using the same
approach twice.

Some of the limitations in each study regarding the methods used will be
briefly discussed below. My objective throughout has been to offer detailed
descriptions of the methods, contexts, research process, and methodological
limitations, to enable the reader to evaluate the results and possible
applications. The small sample size in Studies IT and III can be viewed as a
limitation. However, qualitative evaluations refer to integrity of data, such
as rich data, thick descriptions, and a balance between meaning and
research interpretations as part of trustworthiness. As such, trustworthiness
involves more than sample size (Williams & Morrow, 2009).

Validity, reliability, and generalizability

In the quantitative cross-sectional study (Study I), concepts of validity,
reliability, and generalizability are of interest (Polit & Beck, 2010). The
findings are based on the clinical assessment interviews and assessments
collected during individual face-to-face sessions with the persons with SB.
The questionnaires used were developed in cooperation with multi-
disciplinary staff from the clinic to strengthen reliability and validation.
Parts of the questionnaire were already in use in regular follow-ups of
persons with SB. In moments of uncertainty regarding specific issues,
medical records including those from the relevant children’s hospital,
computerized medical records, and paper records, depending on
availability, were used for validation.

Meeting the persons with SB face to face is considered a strength, compared
to the alternative of using self-reported questionnaires. Meeting three
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professionals who are interviewing and performing assessments can be
exhausting. The cognitive tests were therefore performed on a separate
occasion to diminish the consequences of potential fatigue. At the time of
starting the project, there were no existing validated instruments for this
group. Some of the chosen instruments are validated for persons with spinal
cord injuries or the general population.

Since the findings are based on an SB population in Stockholm, with a
specific structure for follow-up, it is not certain whether the results can be
generalized to other cultural contexts or other disabilities. However, it can
be assumed that some of the findings are generalizable to SB populations
(and other disabilities) in other areas in Sweden and some of the elements
to other geographical areas in the world. Since Study I is a cross-sectional
study, the results for this study are valid only during the time of data
collection. Study I generated a large set of data, some of which are still not
reported. In the analysis of the data, new questions arose, making it clear
that some issues were not included, which would have been desirable. This
knowledge is valuable when planning studies ahead. Had we reported more
of the collected data, the effort of reporting so much information in one
article might have led to losing a deeper understanding for certain
parameters.

Aspects of trustworthiness and credibility

In Study II, openness was strived for as one of the important aspects of RLR.
This applied throughout the data collection, starting with the question
posed, since an answer is always shaped by the content and meaning of the
question (Dahlberg et al., 2008) and, as such, is important for both
interviewing and discussing validity in scientific research (ibid). In Study II,
the trigger question was, can you please tell me about a good day? and
follow-up questions depended on what the person said. In Study III, the goal
was to involve the participants in shaping the questions that were
formulated. This was in accordance with a wide aim, stated at the beginning
of the research process, following the recommendations in photovoice
(Asaba et al., 2015). The said aim was formulated into the question: How
do persons with SB experience opportunities and obstacles in everyday life?
which was communicated to the members of the group as We are interested
to know more about your everyday life. Thereafter, the questions were
formulated by the group, as themes, based on which they photographed and
shared their experiences. The above illustrates an effort to be compliant
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with the persons with SB and their expertise. An ideal situation in Study III,
following photovoice methodology, would have been for the group to
introduce the project from the start, bringing the research question along
(Wang & Burris, 1997).

Since the members in the photovoice group were active in the first phase of
the analysis, a check off was continuously done in the process, where the
facilitators summarized what the group had said during the session to see if
the group agreed, and if not, the group adapted the summary where needed.
This also reflects the collaborative relationship between the researcher and
the members of the group, both in the narration and in reflexivity
(Clandinin, 2013) and the dialogical interpretation which is important in
photovoice (Plunkett et al., 2013). The second part of the analysis was,
however, not checked with the members of the group, since that analysis is
considered as the researchers’ own. The members were asked repeatedly
during the project if they, as a group or individually, were interested in being
part of the academic report, but no-one chose to be part of this process.
Since there were eight photovoice sessions, there was time for relations
within the group to grow, and for the stories and data to thicken and get
rich (Williams & Morrow, 2009). In Study III, we worked actively with
participation through communications methods intended to develop
relations of trust and open communication, elements known to increase
rigor and trustworthiness (Lennie, 2006).

Reflexivity

While the researchers in quantitative research traditionally strive for
objectivity, researchers in qualitative research increasingly view truths as
multiple and value the subjectivity of both researchers and participants
(Williams & Morrow, 2009). This has been described as being on a
continuum with the post-positivism view emphasizing objectivity on the one
hand, followed by interpretivism, constructivism, social constructionism,
and critical/ideological and postmodern/post-structural theories on the
other, giving emphasis to the values of the researcher in the research process
(ibid). With this view in mind, my roles and reflexivity in Studies I-IV have
been diverse along this continuum. During data collection in Study I, I met
the persons with SB as a clinical nurse. Once the data was input into Excel,
I could start to practice objectivity in relation to the data. In Study II, I was
guided by principles for lifeworld research, including going to the “things
themselves” by being observant, and attentive and sensitive (Dahlberg et al.,
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2008) to the experiences shared by the participants. My preunderstanding
was handled by bridling, meaning trying not to understand too quickly or
carelessly, waiting for the phenomena to present themselves to avoid
making definite what is not definite (ibid). This was strengthened by
reflections and discussion on the findings between the co-authors. In Study
III, my role shifted from being facilitator, to being observer, and then to
being part of the group. As a facilitator, you are observing what is
happening in the room; at the same time, you are a part of the group and
of what is going on in the process. To minimize the risk of the voices of the
facilitators becoming too strong and impacting negatively on ideals of
participation (Asaba et al., 2015) in the research process, reflections were
conducted by the facilitators after each session. These reflections had an
emphasis on what the group seemed to find important and worked as a
validation strategy, to secure the focus on the group’s voice. By encouraging
voices in an ethical relationship with research members and raising the level
of awareness of the members of the photovoice group and other
stakeholders, encouraging action and being self-reflective, Study III (and
also Study IV) offers authenticity and therefore validity, as described by
Lincoln, Lynham, & Guba (2011).

Considerations in analyses

In the analysis of Study I, the descriptive statistics were discussed with co-
authors who had expertise in statistics. As Study I had a response rate of
89%, a sample size calculation was not relevant. P-values were presented
for six variables that were considered to be relevant, with statistical
significance. There were no significant differences in age, gender, or
prevalence of HC between those who underwent the cognitive assessments
and those who declined.

The interpretative analysis in Study II was a departure from the analysis in
RLR. After the first naive reading, concepts from an emerging theory of
health, described in the “Methods” section in this thesis, were used. The
theory was selected with the study’s aim, of describing the experience of
daily life for young adults with SB through a theoretical lens of health, in
mind and after reading through the rich material elicited. This can in one
way be viewed as the theory having been chosen by the data (Dahlberg et
al., 2008). The concepts discussed and their meanings were used to
categorize the text in the initial phase of the analysis. However, in RLR,
using a theory too early in the interpretive process is considered to disturb
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the interpretation more than it helps (Dahlberg et al., 2008). There is a
possibility that the theory input was too early in the process of interpretation,
and that a different analysis procedure would have led to different results.
The purpose of using a theory in RLR is to help see the data and its
meanings better (Dahlberg et al., 2008). As such, I would argue that the
theory we used helped to find the meanings embedded in the rich material.
The theory was only used during this early phase of the analysis; thereafter,
the analysis proceeded in line with the hermeneutical spiral towards a new

whole (ibid).

The first phase in the analysis in Study III has already been discussed under
the heading “Aspects of trustworthiness and credibility” above. The second
phase of the analysis was a narrative analysis conducted by the researchers.
To ensure credibility of the analysis, the data set was checked for
contradictions, juxtaposing final themes and narratives, building on the
work of Mattingly (1998) and Polkinghorne (1995). The themes were
discussed in the research group to achieve richness and to check for
representativeness of the raw data. By weaving together, the findings with
the discussion, which was presented with relevant references and theoretical
aspects, based on the discussions among the researchers, triangulation was
used in the interpretation.

58 HANNA GABRIELSSON  Adults with Spina bifida



Conclusions and implications of the research

This thesis contributes to the body of knowledge of everyday life for adult
persons with SB. The results emphasize that persons with SB have a complex
set of medical, physical, cognitive and social needs that need to be addressed
to sustain health and desired living conditions.

One important conclusion is that not all adult persons with SB receive the
support they need in everyday life. Future generations of older adults with
SB may need more attention, due to the complexity of outcome in various
areas at a younger age which are expected to sustain through the lifespan
and impact on living independently and participating in society. The results
from the studies in this thesis is a call for systematic follow-up of services,
as well as further exploration of how to accomplish individual and social
support throughout life. To receive appropriate support in everyday life can
enable possibilities for independence and participation in society, and
thereby contribute positively to health. This is a field that needs further
exploration.

The stories and experiences of adults with SB in this thesis shows a history
of not being asked concerning their own situation. This includes insufficient
integration of the persons experiences in society’s efforts to plan for, and
support these individuals. Altogether, different aspects contribute to low
prerequisites for participation. Despite challenges in participation, by for
example cognitive impairments with executive difficulties, the participatory
method photovoice was feasible in this group. The photovoice project
provided an opportunity for being part of, act and interact. This illustrate
possibilities for collaboration and co-constructing knowledge, which can be
used in future studies and when planning for support efforts in society.
Photovoice is a feasible research method for this group, which also can be
used as an intervention in future studies.
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Clinical implications

There are a lot of processes in everyday life that need to be functional to
actively support health. This needs to be acknowledged and considered in
the clinical setting to enable appropriate support and sustainable actions,
including giving the conditions for participation in decisions concerning
care and treatment.

Photovoice can be used in a clinical setting, as an educational effort
organized within a specialized rehabilitation clinic aiming to develop and
actively train participation in decisions and co-working with others. This
can also be organized to support self-care and may accordingly contribute
to improved health and wellbeing.
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Tack

Det finns manga att tacka for att den hir resan 6verhuvudtaget blev av, och
for alla erfarenheter och lirdomar jag fatt pd viagen. Forst av allt vill jag
saga ett stort tack till alla som deltagit i studierna, som generost gett av sin
tid, kunskap och sitt engegemang samt delat sina berittelser. Utan er hade
det inte blivit ndgon avhandling.

Mina handledare har varit avgorande i det hdr arbetet. Mats Eriksson, vi
introducerades pa en lunch (som du egentligen skulle ha med Malin
Karlberg Traav och Agneta Crongqvist). Jag dr tacksam och glad over att
den dir lunchen blev av och att vi ddrefter jobbat bra tillsammans. Tack for
ditt lugn och din kunskap som hjilpt mig att navigera i den akademiska
virlden. Ake Seiger, du har varit en motor i kartliggnings-projektet (Benny)
och aldrig sviktat i din 6vertygelse att det har kommer att genomforas. Tack
for din kunskap, ditt engagemang och hingivenhet, i moten saval i
kommentarer pa texter. Agneta Cronqvist, vi triffades forst nir jag gick
min grundutbildning och sedan nar jag skrev D-uppsats. Jag ar glad att ha
haft dig vid min sida under hela den hir tiden. Jag uppskattar din
rattframhet, humor och vetenskapliga stringens, som jag lart mig s& mycket
av. Tack. Eric Asaba, att f4 mojlighet att genomféra photovoice projektet
med dig som metodexpert har varit en frojd. Tack for att du generést och
genuint delat med dig av din djupgdende kunskap om framforallt
deltagande och narrativ metod, bade i praktik och teori, och dven inom
andra omrdden. Tillsammans har ni utgjort ett stabilt fundament i den,
stundtals svajiga tillvaro, som doktorandtiden innebir.

Malin Karlberg Traav, forutom att det dr helt din fortjanst att jag blev
inskriven vid just Orebro Universitet, si har du ocksi haft avgorande
betydelse dven i andra delar av mitt liv. Jag dr tacksam 6ver det och att vi
nu, inom samma halvar, avslutar den hir resan som vi startade tillsammans.
Tack for uppehille under kurser i Orebro och framfor allt for ditt
ovarderliga stod och vanskap langs vagen. Vi har gjort manga roliga saker,
och jag ser fram mot att fortsdtta med det.

Spinaliskliniken pd Rehab Station Stockholm (RSS) (numer Aleris Rehab
Station) dr en unik arbetsplats pd manga sitt. Inte minst for den tydliga
sammanvavningen av klinisk kompetens och forskning. Jag ar glad over att
ha fatt ha en fot kvar i den hir verksamheten (inte minst for att gora
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overgangen till ett *nytt” jobb lite mindre smirtsam). En person som var
viktig i starten av det hir arbete ar Ninni Westgren, som var chef och den
som anstillde mig som kordinator och sjukskoterska i mme-teamet pa
Spinaliskliniken. Du virdesatte den hir gruppen pad kliniken och satte
tydligt av de resurser som krivdes. Du var ocksi en inspirator for att
paborja en forskarutbildning. Lena Lindbo, numer operativ chef, kom som
efterfoljare och forvaltade arbetet som paborjats. Tack bdda for att ni delat
er kunskap, stottat och uppmuntrat langs viagen. Tack tidigare medarbetare,
sarskilt er som jag genom d&ren jobbat nirmast med pd sjukskoterske
expeditionen: Gunnel Lif och Britt-Marie Holm, och ni i mmec-teamet,
Dorothee Riedel Ratzka, Martina Bendt och Anna Persson. Doro, vira
projekt har varit mest roliga och dven lite slitsamma. Bland annat har vi
slipat med en tung och otymplig utstillning till olika platser i Sverige och
genom snostorm till Sunnaas sjukhus utanfor Oslo. Du, med din formaga
att se mojligheter i de flesta situationer har varit helt avgorande i photovoice
projektet. Martina, vi har spenderat sd mycket tid tillsammans for att fa
kartlaggningsprojektet i hamn, ocksa roligt och lite slitsamt. Bdde arbete
och en hel del privatliv har passerat revy under de hir dren, och jag
uppskattar verkligen att vi kunnat dela s& mycket. Stort tack till er bada.
Andra viktiga personer pa Spinaliskliniken/RSS att tacka ar tidigare
doktorander som inspirerat, last texter och stimulerat diskussioner under
tidiga forskarfrukostar: Inka Loéfvenmark, Emelie Butler Forslund, fou-
gruppen och sarskilt Tobias Holmlund och Lisa Holmlund. Tack ocksa till
Kerstin Wahman och Anna-Carin Lagerstrom for uppmuntran och support.

Stort tack till Stiftelsen Spinalis som bidragit med medel i de olika studierna,
vilket forutom arbetstid, bland annat bidragit till guldkant och det lilla
extra, som exemplevis nir vi tillsammans med fyra av deltagarna i
photovoice studien besokte Oslo i samband med utstillningen. Claes
Hultling, som VD for stiftelsen, medforfattare och allman inspirator, tack
for att du alltid onskar bidra med just den dir gulkanten pa tillvaron. Tack
ocksa till Erika Nilsson som alltid stottar och uppmuntrar.

Medforfattare som inte redan nimnts, Goran Hagman och Erika Franzén,
tack for bra samarbete.

Ersta Skondal Bracke Hogskola, dr dnnu en unik arbetsplats som jag har

formanen att arbeta pd och som pad olika sitt mojliggjort att den hir
avhandlingen kunde avslutas. Tack Jane Osterlind och &vrig ledning som
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sett till att jag har fatt tid for att skriva och mojlighet att jobba bredvid
andra doktorander. Det har bidragit till att doktorandtiden blivit mer
hanterbar och sd mycket roligare. Tack till alla doktorander pa Ersta, och
sarskilt tack till PIL-gruppen: Viktoria Wallin, Elin Hjorth och Lilian
Pohlkamp. Ni har verkligen bidragit i bide akademiska diskussioner och i
andra viktiga dominer i livet, sisom brodbak, matlagning, stil och konst.
Tack ocksa till alla hirliga arbetskamrater som hejat pa och som jag nu ser
fram mot att aterse pa mer regelbunden basis.

Tack till Orebro Universitet som fungerat som facilitator fér mig under den
hir utbildningen. Trots att jag inte varit pd plats sd ofta, s har kianslan av
att allt fungerar som det ska infunnit sig, inte minst genom upparbetade
vilfungerande strukturer och system. Tack till fou-administrationen som
gjort att allt flutit pad som det ska, bade i forhallande till doktorandarbetet
och i samband med att utstillningen visades pa Orebro Universitet. Tack
till doktorander och andra jag mott under kurser och seminarier som
bidragit genom virdefulla kommentarer pa mitt arbete.

Tack till slikt och vidnner, vars middagar, bruncher, fika och sms
uppmuntrat och bidragit till valbehovlig vila fran jobb. Jag ser fram mot att
umgds mer framover. Bernt Lindgren, extra tack till dig for att du
engagerade dig och hjilpte till med att fa bilderna till utstallningen i skick
att tryckas. Till de som stdr mig narmast, min familj, tack mina fina barn
VilmaRut och Vera, for att ni ar just de ni ar. Att f4 vara mamma till er, ar
och kommer alltid att vara, det storsta och finaste av allt. Till mina
foraldrar, Goran och Birgitta, tack for att ni alltid stottar, dven i situationer
da ni inte har helt klart for er vad det ar ni stottar, sa finns ni dar. Tack.
Min bror Henrik med familj, tack for att du dr en aktiv del av var familj,
aven fast du bor langt bort s3 finns ditt stod alltid nara. Micke, tack for din
karleksfulla narvaro genom det hir och for vilbehovliga avbrott i form av
klattring, resor, middagar och promenader. Det har gjort skillnad.

Enskilda studier i den hir avhandlingen har kunnat genomféras genom

generdsa ekonomiska bidrag. Tack till Norrbacka-Eugeniastiftelsen, Linnéa
och Josef Carlssons Stiftelse samt Stiftelsen Spinalis.
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Svensk sammanfattning

Bakgrund

Gruppen vuxna personer med ryggmargsbrack okar eftersom de som lever
med denna medfodda skada forvantas leva allt lingre. Ryggmargsbrack
riknas dock som ett sillsynt tillstdnd, dd allt firre fods till foljd av
fosterdiagnostik och efterféljande abort, samt 6kad information om att ta
folsyra infor planerad graviditet. Ryggmargsbrack leder ofta till olika
fysiska funktionsnedsittningar och omfattar i manga fall dven kognitiva
nedsdttningar av olika grad. Detta gor att det kan vara svart att beskriva
personer med ryggmargsbrack som en grupp, eftersom utfallet av skadan
varierar inom gruppen. Att ha kognitiva nedsittningar av exekutiv karaktir
kan paverka moijligheten att vara sjilvstindig och att delta i olika
aktiviteter. Det har framkommit utmaningar i sjdlvstindighet och
deltagande, och det har spekulerats kring om de forseningar i
sjdlvstindighet som framkommit, kan bero pd inre aspekter eller liga
forviantningar pa sjilvstindighet frin omgivningen. Eftersom antalet vuxna
som lever med ryggmairgsbrack okar, ar det viktigt att utforska hilsa och
levnadsvillkor, genom att involvera personerna sjilva i framtagandet av
kunskap.

Syfte

Det overgripande syftet med den hir avhandlingen, var att generera
kunskap om och tillsammans med vuxna personer som lever med
ryggmargsbrick, genom att kartlagga tillstindet och utforska levnadsvillkor
och upplevelser i vardagen.

Metod

For att besvara det 6vergripande syftet valdes olika metoder. Studie I hade
en kvantitativ metod med tvirsnittsdesign. Etthundranittiosex vuxna
personer med ryggmirgsbrick deltog. Strukturerade intervjuer,
frageformular och kliniska bedémningar som inkluderade medicinska,
sociala, fysiska och kognitiva aspekter, anvindes som metoder for
datainsamling. Studie II var en kvalitativ studie som genom djupgdende
intervjuer undersokte upplevelser av vardagen pa individniva. Sex personer
deltog. Intervjuerna genomférdes enligt principer for reflekterande
livsvarldsforskning. Intervjuerna startade med uppmaningen Kan du beritta
om en bra dag? Intervjuerna tolkades med hjalp av begrepp som ror
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existentiell hilsa, sisom livsrytm, mening och sammanhang, och att finna
sin plats i existensen. Studie III anvinde en deltagande metod som heter
photovoice. Fem personer triaffades tillsammans med facilatorer, en gang i
veckan under 4tta veckor. Vid varije tillfalle bestimde gruppen ett tema som
var av betydelse for vardagslivet, utifrdn vilket medlemmarna i gruppen
fotograferade foljande vecka. Fotografierna fungerade sedan som
utgdngspunkt for dialogen nir gruppen triffades igen. Gruppen var dven
delaktig i forsta delen av analysen dir fotografier och de tillhorande
berdttelserna anvandes for att formulera teman. Av dessa bilder och
berittelser skapade gruppen tillsammans med facilatorerna en utstillning
som har visats pa tio separata stillen. Forskarna genomforde en narrativ
analys som innefattade hela processen. I Studie IV utforskas metodiken som
photovoice vilar pa. Genom att utgé fran de ideologiska hornstenarna inom
photovoice och spegla dessa mot de empiriska erfarenheterna fran Studie III
och exempel fran litteraturen, utforskas processerna i metoden.

Resultat

Resultaten visar att de deltagare som var dver 46 ar hade mindre komplexa
medicinska tillstind, battre fysiska och kognitiva funktioner och hade
uppndtt en hogre utbildningsnivd jamfort med de yngre. Huvudtemat i
Studie II presenterades som ”Den motsigelsefulla vigen mot vilbefinnande
i det dagliga livet”. Det innefattar fem underteman som visade motstridiga
kinslor infor att umgds med andra som har ryggmargsbrick, en avsaknad
av att ha struktur i tillvaron, svarigheter att tolka signaler fran kroppen och
att agera, samt en Onskan om att vara sjilvstindig. I Studie III visade
medlemmarnas erfarenheter att manga l6sningar var ”En anpassning for
oss, men den fungerar inte for ndgon”. En av berittelserna illustrerades av
ett foto pd en stingd dorr, som representerade otillgidngligheten till en
arbetsledare. Personen hade ett jobb att gd till, men utan att egentligen
kunna delta, eftersom det inte fanns ndgra vettiga arbetsuppgifter.
Resultatet redovisades vidare i foljande tre teman: “Tillginglighet — ett
odndligt projekt”, ”Spidnningar inom en normativ syn” och "Makt att
paverka”. I delstudie IV lyftes den viktiga funktionen av dialog, handling
och interaktion som essentiella aspekter i metoden photovoice. Synergin av
dessa aspekter skapar en arena for berdttande och skapande av berattelser
tillsammans med andra.
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Konklusion

Den hir avhandlingen bidrar till 6kad kunskap om vardagen for vuxna
personer med ryggmargsbrick. Gruppen har komplexa behov som
innefattar medicinska, fysiska, kognitiva och sociala aspekter som behover
tillgodoses for att forbittra hilsa och levnadsvillkor. En viktig slutsats ar
att inte alla vuxna med ryggmargsbrack far det stod de behover i vardagen.
Framtida generationer av dldre med ryggmairgsbrick kan komma att
behova mer stod och uppmarksamhet pd olika sitt, dd de som dr i yngre
alder redan idag har mer komplexa behov som forvintas félja med upp till
de ildre &ldrarna. Detta pdverkar aven forutsdttningarna for att leva
sjalvstindigt och delta i samhallet.

Erfarenheterna och berittelserna i den hir avhandlingen vittnar om att
vuxna personer med ryggmargsbrack har en historia av att inte bli tillfragad
om sin egen situation. Att ha uteslutits frin delaktighet har lett till
otillracklig integration av personernas erfarenheter i samhillelig planering
och i de insatser som samhillet skapat i en stravan att stotta den hir
gruppen individer. Det finns visserligen utmaningar som paverkar
forutsattningarna for att delta. Trots dessa utmaningar, som exempelvis
kognitiva nedsittningar av exekutiv karaktir, var den deltagande metoden
photovoice genomférbar med vuxna personer med ryggmargsbrack.
Projektet fungerade som ett tillfille och mojlighet att vara en del av ett
sammanhang, agera och interagera. Det ar ett exempel pd hur samarbete
och samkonstruktion av kunskap kan ga till, vilket kan anvandas i framtida
studier och nir man planerar for stodinsatser i vdrd och sambhaille.
Photovoice skulle ocksd kunna anvindas som en pedagogisk intervention
inom klinisk verksamhet, for att aktivt trana deltagande beslutsfattande och
samarbete, alternativt organisera ett photovoice projekt med fokus pa att
medvetandegora aspekter av egenvard.
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