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Introduction for individuals and their health care providers. The measurement of

Quality of life (QOL) is an important component of living fully with a
chronic health condition. Yet, there has been a lack of clarity in the liter-
ature about the concepts QOL and health-related QOL (HRQOL) and
their meaning for individuals with disabilities and their families. QOL
is defined by the World Health Organization as “an individual's percep-
tion of their position in life in the context of the culture and value sys-
tems in which they live and in relation to their goals, expectations and
concerns” (World Health Organization Quality of Life (WHOQOL)
Group, 1998, p. 551). HRQOL is a sub-domain of QOL and captures a sub-
jective perception of the impact of a health condition on the individual
(Bakaniene, Prasauskiene, & Vaiciene-Magistris, 2016; Rofail, Maquire,
Kissner, Colligs, & Abetz-Webb, 2014; Waters et al., 2009). Being clear
about the concept being addressed will provide important information
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QOL and HRQOL in adolescents throughout the world and especially in
adolescents with disabilities is particularly unclear, evaluated in a vari-
ety of ways and with different components or dimensions of QOL. To ad-
dress this gap, we investigated the meaning of QOL in adolescents and
young adults (AYA) living with the disability of Spina Bifida (SB) and
their parents and a comparison sample of families with an AYA without
SB.

Background

While there is an emerging literature on the concept of QOL in ado-
lescents, it is complicated by measurement issues and types of mea-
sures. QOL is measured most often either with instruments that have
multiple domains or a single item. Most studies have used instruments
with multiple domains from measures based on typically developing
youth or measures originally developed for adults with a disability
with few capturing the meaning directly from the adolescent and
their parents. Further, the previous measurement of QOL has often fo-
cused on the assessment of function rather than perception (Waters
et al,, 2009). In addition, it is not clear if there are different perceptions
of adolescents who have disabilities and those without disabilities.
When adolescents were interviewed directly to generate instruments,
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generally a small number participated, and there was evidence that do-
mains of QOL or HRQOL varied across the age range (Szymanski et al.,
2017). When QOL has been measured in adults with a disability, inves-
tigators have reported a “disability paradox” in individuals with disabil-
ities often reporting relatively high QOL (Waters et al., 2009). This was
originally seen as potential measurement error, as those without a con-
dition could not imagine that individuals with a disability could per-
ceive that their life was “good.” Later investigators identified that
individuals who acquired a disability may change the meaning of QOL
or change the priority they give different domains of QOL. However,
we do not know if these “response shifts” occur in those who grow up
with a disability. Further, some investigators examining QOL in adults
with disabilities have based their work on the assumption that QOL do-
mains are the same for people with and without disabilities, although
they acknowledge that adults living with lifelong physical disabilities
may address those issues differently.

Internationally when QOL was investigated in AYA with disabilities,
QOL was evaluated in a variety of ways and different components of
QOL were identified. Development of autonomy and choice, purpose
of life, positive relationships with others, and personal growth and
self-acceptance were attributes of QOL identified in open-ended inter-
views of adolescents with physical disabilities living in inclusive com-
munities of Zimbabwe (Mpofu, Sefotho, & Maree, 2017). Investigators
using the World Health Organization Quality of Life-Shorter Version of
the original instrument (WHOQOL-BREF) explored QOL in adolescents
with disability in India (Abraham, 2013). They found that a majority
had an average overall quality of life, but when examining perception
of quality of life in specific domains, participants reported a moderate
level of psychological factors (e.g., negative feelings) and were dissatis-
fied with the environment in which they are living (e.g., lack of trans-
portation, money) (Abraham, 2013). AYA in Asia with physical
disabilities were found to have different patterns of QOL scores when
evaluating overall objective and subjective QOL when using the Student
Version of the Comprehensive Quality of Life Scale; this is a global measure
of QOL with the following domains: material well-being, health produc-
tivity, intimacy, safety, place in community, and emotional well-being
(Lin et al., 2009). While no differences were identified between groups
in objective QOL, subjective QOL was significantly higher (overall and
domains) in adolescents with physical disabilities when compared to
those without (Lin et al., 2009).

Measurement of overall QOL with a single item has been a compo-
nent of several domain-specific QOL measures but has not been fre-
quently reported. However, there has been preliminary work in
adolescents with SB using a single item (How would you rate your
QOL?) (Sawin, Brei, Buran, & Fastenau, 2002). The single item has the
advantage of allowing the individual to include the domains important
to them and then weigh the domains uniquely. However, the limitation
is that health care providers working with an AYA do not know what is
salient to each individual. This gap was addressed with the current
study. Based on the literature and the authors' previous trajectory of
work in adolescents living with SB, we conducted this study to explore
the concept of QOL in AYA with and without SB from the perspective of
both AYA and their parents.

Method

A descriptive study using content analysis was conducted as a com-
ponent of a larger multi-site mixed-method study of secondary condi-
tions and adaptation in families with AYA with and without SB. The
larger study included in-depth 1-2 hour interviews of AYA with and
without SB and their parent, neuropsychological testing, and teacher re-
port of behavior in school.

The comprehensive interview was used to administer instruments
that addressed concepts delineated in the Ecological Model of Adapta-
tion and Secondary Conditions in SB (Sawin et al., 2002; Sawin, Buran,
Brei, & Fastenau, 2003). Three risk categories (SB Neurological Severity,

Neuropsychological Functioning, Characteristics of the Sample), three
protective factors (Adolescent Resilience, Family Resourcefulness, and
Health Care Adequacy) and adaptation outcomes (QOL, Mental Health,
and Self-Management) were assessed. This secondary analysis ad-
dressed a single open-ended question that followed the AYA and
parent's survey assessment of the AYA QOL.

Ethics approval

IRB approval to conduct the larger study was obtained from the Uni-
versity of Wisconsin Milwaukee and four clinical settings. All partici-
pants provided written informed consent and/or assent before
participation in any aspect of the larger study. If the adolescent declined
assent, the family was not enrolled in the study.

Sample

Participants for this analysis represented 209 families (112 parents
of AYA with SB, 97 parents of AYA without SB, 103 AYA with SB, and
94 AYA without SB) who reported on AYA's QOL (Ridosh, Sawin, Brei,
& Schiffman, 2018). The convenience sample of families of AYA with
SB was recruited for the larger multi-site study from four clinical pro-
grams in the Midwest and Eastern region of the United States (US)
that had established SB programs. Inclusion criteria were: families
with AYA 12 to 25 years of age, no intellectual disability documented
by testing or parent report, English speaking, and no other major health
conditions (except those associated with SB). Comparison families of an
AYA without SB had similar inclusion criteria (AYA 12 to 25 years of age,
no intellectual disability, English speaking, and no major health condi-
tion). They were recruited by referral from SB families participating in
the study and from the four participating children's hospitals. Advertise-
ments were displayed in each hospital and with primary care providers.

Data collection

The interviews, which lasted 1 to 2.0 h, were conducted via tele-
phone by trained advanced practice pediatric nurses using computer-
assisted direct entry relational databases to record interview data. Al-
though studies of children with Spina Bifida have identified complex
patterns of strengths and difficulties across domains, children and ado-
lescents with SB generally have strong verbal skills and more visual per-
ception problems (Dennis & Barnes, 2010; Dennis, Landry, Barnes, &
Fletcher, 2006; Lollar, 1990; Wills, Holmbeck, Dillon, & McLone, 1990).
Therefore, the use of interviews with adolescents to explore sensitive
subjects (Boekeloo, Schamus, Simmens, & Cheng, 1998; Flanagan,
Greenfield, Coad, & Neilson, 2015), and our history (Sawin et al.,
2002) and those of others using interviews to study adolescents with
chronic conditions (Austin, Huster, Dunn, & Risinger, 1996; Lyneham
& Rapee, 2005), supported the use of telephone interviews over written
surveys. Additionally, administration of multiple instruments in the
larger study provided rationale for using interviews rather than having
potential of survey burden.

The interviews included a Demographic and Clinical Information
Form, reliable and valid instruments with Likert-like response patterns,
and QOL items with response patterns of 0-100, and open-ended ques-
tions regarding QOL for AYA and parent. The measures of the larger
study are fully described elsewhere (Ridosh, Sawin, Schiffman, &
Klein-Tasman, 2016; Sawin, Buran, Brei, & Cashin, 2007). Each partici-
pant had the opportunity to have the interviews conducted in 2 ses-
sions. Breaks were offered frequently. As a part of this comprehensive
interview, participants were asked to rate a single question on AYA
quality of life. Typical in QOL assessment, no definition of QOL was pro-
vided in order to let the participants use and weigh components of QOL
important to them. After the rating was recorded, the interviewer asked
the AYA a single open-ended question: “What do you think QOL means
for you?” The follow-up probe, if the participant was unable to generate
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a response, was “What goes into making a good “quality of life?”” No ad-
ditional follow-up questions were asked once the AYA provided a re-
sponse. Similarly, the question asked to the parents was, “What do you
think QOL means for your son/daughter?” If the parent was not initially
able to indicate a definition, the follow-up probe was “What goes into
making a good QOL for him or her?” The AYA and parent's brief responses
were recorded verbatim directly on the Microsoft Access® database by
the data collector. Participants were not asked to expand on their de-
scription or provide a fuller explanation of the areas nominated.

Data analysis

Content analysis was used to capture and organize the responses
(Ritchie, Lewis, Nicholls, & Ormston, 2013). The sorting of data by cate-
gories conducted by the authors was iterative. Two investigators collab-
oratively analyzed the AYA data first and created a coding sheet with the
responses of each group. The responses were examined and assigned to
clusters of common data. Preliminary categories were identified and re-
fined. Agreement on categories was high and differences were resolved
with discussion. The parent data were subsequently analyzed using the
same process. Additional categories emerged from the parents of AYA
without SB. The data from the parents of AYA with SB then were
reviewed to determine if these additional categories were supported
by the responses. Data consistent with several of the new categories
were present in the parents of AYA with SB data. AYA data were
rechecked for evidence of new categories and only limited evidence
was identified. The third team member reviewed these data to assure
confirmability. No new categories were identified. Once the final set of
categories was determined, text for each category was organized by
group of participants to identify the frequency of categories. Addition-
ally, exemplar responses were selected to “tell the story” of the partici-
pants in each category. The first three investigators participated in the
generation of the categories. The fourth investigator, who participated
in the design of the larger study, reviewed the findings for accuracy
and clinical relevance.

Results
Participants' characteristics

Of the 209 parents who reported on their AYA's QOL, 198 provided a
response to the open-ended question (103 parents of AYA with SB, 95
parents of AYA without SB). Of the 197 AYA who reported on their
QOL, 191 (97 AYA with SB and 94 AYA without SB) responded to the
open-ended question.

The average age of AYA in both groups was approximately 15 years
(range 12-25). The majority of AYA with SB (67%) had thoracic or high
lumbar lesions and 74% had an Individual Educational Plan or 504 plan
in school indicating they had a condition that impacted their learning.
Only 3% of those without SB had such a plan. The only demographic re-
sult demonstrating a major difference between the families with and
without SB was family income with 52% of families with SB having an
income of $50,000 or more compared to 72% of the comparison families;
income significantly different by group x? (207) = 16.67, p < .001
(Ridosh et al., 2016; Ridosh et al., 2018). Additional details of the sample
are described in Ridosh et al. (2016).

The parents interviewed were primarily mothers, about 94%. The av-
erage age of parents of AYA with SB was 43.08 years (range 27-63, SD
6.46) similar to the parents of AYA without SB who were on average
44.33 years old (range 32-67, SD 6.26). The majority of parents were
married (70.3% of parents of AYA with SB vs 76.8% of parents of AYA
without SB). Parents were mostly Caucasian (86%) and female (94%).
Less than half of the parents had attended or completed college (47%
parents of AYA with SB vs 43% parents of AYA without SB).

Content analysis

The content analysis process identified eight categories shared by
participants across groups. However, one category, romantic relation-
ships, was not endorsed by AYA with SB. Only parents nominated one
unique category, doing what they want to do. The categories listed are
presented in the order of frequency for the AYA with SB (see Table 1).
An engaged family was the highest ranked category followed by a pos-
itive life, the goal to be independent, being healthy, essential needs for
living, having friends, and relying on faith. Even though those with
and without SB and their parents often used the same overall language
to describe QOL (e.g., friends, health, independence) the meaning they
detailed sometimes had different characteristics and patterns.

Twenty-two of the AYA with SB (23%) indicated, “Do not know” as a
response to the open-ended question and follow-up prompt compared
to only three (3%) of AYA without SB. Only three parents of AYA with SB
and no parent of AYA without SB indicated, “Do not know.” AYA with SB
used less than half as many words to describe what QOL meant to them
than AYA without SB. The order in the discussion of each category is
based on the highest to lowest frequency endorsed by the four partici-
pant groups (AYA with SB, AYA without SB, parent of AYA with SB, or
parent of AYA without SB).

Shared categories nominated across participant groups

The following eight categories/themes were most often shared by all
four groups of participants: an engaged family, a positive life, the goal of
independence, being healthy, essential needs for living, having friends,
relying on faith, and romantic relationships. However, one theme cate-
gory, romantic relationships, was not endorsed by AYA with SB.

An engaged family

In both groups of AYA, the positive contribution of the family was the
most frequently nominated response for “What makes up QOL” (27% in
SB and 35% without SB). Included in the descriptions of AYA with SB
were characteristics such as family support, a good family, a healthy
family, being able to talk to family, and function as a normal family.
AYA without SB also indicated a family they can talk to and described
a family that cares about you, gets along with each other, enjoying fam-
ily, and unconditional love of family. Other descriptions of AYA without
SB were having parents and family around, how the family lived to-
gether, having a loving family, the amount of fighting in the family, fam-
ily time together, and quality of family relationships.

An engaged family was also a highly nominated response of the
AYA's QOL from parents of AYA with SB (28%) and without SB (36%).
Both parent groups described family love, family support, feeling
loved for who AYA is, and families spending the time to be together. Ad-
ditionally, parents described family being present, family relationships,
and a family they can talk to as part of their AYA's QOL.

Positive life

A positive life was comprised of two descriptive accounts. First, the
emotional aspect of happiness and, second, an overall appraisal of “living
a good life.” Both parent groups used the descriptor “happy/happiness.”
However, happy/happiness was most prominent in AYA without SB
where it is the second most frequent category.

Having a good life was prominently nominated by AYA. It was nom-
inated second in the group of AYA with SB and by slightly fewer AYA
without SB. It was infrequently nominated by parents of AYA with SB
and absent in those data from parents of AYA without SB. AYA in both
groups described QOL as having a good life. Specifically, how well you
are doing in life, what you do with your life, and how you live every
day. Also, a good life meant without having to worry about too much,
getting everything you need and should out of your life, and living life
the way you are supposed to. A few AYA with SB defined a good life as
follows: “If you are alive that is all that is needed for QOL” and “To live a
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Description of QOL: shared and unique categories.

Participants

Comments and/or exemplar statements

Shared categories
An engaged family
AYA with and without SB

Parents of AYA both
with and without SB

A positive life
Parents of AYA with and
without SB
AYA with and without SB
AYA with and without SB

Parents of AYA with and
without SB

The goal of independence
Parents of AYA with and
without SB
Parents of AYA without SB

Parents of AYA with SB

AYA with SB

AYA without SB

Being healthy
Parents of AYA both
with and without SB
Parents of AYA with SB

Parents of AYA without SB

AYA with SB
AYA without SB

Essential needs for living
Parents of AYA with SB

Parents with AYA
without SB

AYA with SB

AYA without SB

AYA with and without SB

Having friends
AYA and parents with
and without SB
AYA without SB and
their parents

Relying on faith
Parents of AYA with and
without SB
AYA with and without SB

Romantic relationships
Parents of AYA with and
without SB

AYA without SB

AYA with SB

Can talk to family

Family that cares about you

Family, they can talk to

Family spending time to be together
Family support

All groups used the descriptor “happy/happiness”

Living a good life:

How you are doing in life; how I live every day

A good life without having to worry about too much
Getting through issues in life OK

Living a good life:

Infrequent in parents of AYA with SB

Absent in the parents of AYA without SB

Independence was listed by both

More prominent in parents of AYA with SB
Identified building blocks: having autonomy making
decisions, being organized and self-sufficient
Focused on development needed toward future
independence

Hoping to move out

Maintaining the ability to have normal
responsibilities

Learn to care for themselves

Doing everything for yourself

A general concept of how you believe in yourself

Health; good health; being healthy

Emotional health was a separate frequent component
A substantial number of AYA specified health related to
the condition such as better bladder care, mobility, or
needing surgery

Overall wellness such as nutrition, exercise, or being
physically fit

Healthy; good health; being healthy

Same components of general good health and healthy
but also endorsed emotional health

Get through things with emotional ease

Emotional feeling

A roof over their head; good home where AYA can get
around; Having basic needs met

Essential needs for living were more future-oriented;
Cell phones; gas; transportation; clothes
Generated less specification in their responses
More articulate and generated more examples
Good education; job; money/financial stability
Good home

Identified by all groups as a component of QOL

Having friends was more prominently identified
Expanded on the characteristics of the friendship:
acceptance of friends, time at friend's house, and the
freedom to choose friends

Faith; values; religion; spirituality; spiritual
connections

Mentioned only by a few

Values; being religious; having a fulfilling purpose

Prospect of love in the future

Full social life

Being loved in relationships

Comfort in surroundings

Having someone you love mutually

Not having to change who you are to be loved
Not identified at all

Unique category nominated by parents

Do what they want to do

Table 1 (continued)

Participants Comments and/or exemplar statements

Parents of AYA with and Identified by both groups
without SB Belonging; doing what AYA wants to do

Freedom to choose a lifestyle

Being able to do things AYA wants to

Being able to do desired activities
Parents of AYA without SB  Following her dreams; exploring options
Having opportunities to pursue interest and activities
AYA loves to do and doing them well
Having time to relax and do what AYA wants to do
Participating fully in society
Being able to do the things AYA wants to do even
with adaptations
Being able to do what AYA wants to do with minimal
adaptation
Thankful AYA can do things that others in
wheelchairs cannot do
Being treated like a normal kid

Parent of AYA with SB

life and know that I can be normal.” AYA without SB indicated the emo-
tion of happiness more frequently whereas AYA with SB focused on
the overall appraisal of having a good life.

The goal of independence

While independence appears in parent and AYA data it was a more
prominent category in both the parents of AYA with SB and their AYA.
Parents of AYA with SB were focused on development needed to acquire
future independence, aspiring independence. These parents of AYA with
SB indicated more intermediate responses such as being able to do
things on AYA's own, maintaining the ability to have normal responsi-
bilities, or hoping to move out. Their responses were hopeful but not
fully confident about future independence. Unlike parents of AYA with
SB, parents of AYA without SB seemed to assume children would be in-
dependent in college or living in the community. They focused on AYA
continuing to function independently as they got older and identified
building blocks such as having autonomy, making decisions, being orga-
nized, and becoming self-sufficient.

Independence-related concepts appear in both groups of AYA data.
AYA with SB seem to be very aware of the need to learn to care for them-
selves as necessary for independence indicating: learning how to, being
able to, or becoming capable of taking care of himself or herself. They
spoke of doing everything for yourself and doing what you're supposed
to do. In AYA without SB independence was present but not prominent
and reflected a general concept of how you believe in yourself and treat
or take care of yourself.

Being healthy

Being healthy, which included subcategories of general health and
emotional health, was one of the top categories nominated by parents
as a part of their AYA's QOL. However, health was more concerning for
parents of AYA with SB (35% of parents of AYA with SB but only 22%
of the parents without SB). In both parent samples, health was nomi-
nated with the general words “health,” “good health,” and “healthy”
used most frequently. A few parents of AYA without SB generated addi-
tional comments (e.g., feeling well) but no specifics. A substantial num-
ber of parents of AYA with SB specified health related to the condition
(e.g., physical, better bladder care, better outcomes than others with
SB, mobility, or needing surgery) or to more general health (e.g., keep
self-healthy, good health maintenance). Only parents of AYA without
SB also endorsed concepts of overall wellness such as nutrition, exercise,
or being physically fit in their definition of health.

Both parent groups frequently indicated that emotional health was a
unique part of AYA QOL. Parents of AYA without SB nominated overall
emotional health such as feeling good about themselves, having good
self-esteem, being well-rounded, and being aware of strengths and
weaknesses. The parents of AYA with SB, however, focused more on
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strategies to achieve emotional health in the presence of a chronic con-
dition such as having a sense of humor, not dwelling on problems, not
getting depressed, sorting out the little stuff, developing positive atti-
tudes and outlook on life. Also, included in this last category was having
parents that facilitated positive coping. One parent indicated “If we can
see past this then he can too.” Taken together, general health and emo-
tional health are one of the top nominated subcategories. However,
health was clearly a concern for parents of AYA with SB.

AYA with and without SB did not mention health as frequently in
their responses. When nominated, responses broadly referred to good
health and being healthy. A difference noted in the AYA without SB is
that responses mentioned emotional health such as “get through things
with emotional ease” and “emotional feeling.”

Essential needs for living

For the parents of AYA with SB, this category focused on a good
home, a roof over their head, and a good home where the AYA can get
around. Further descriptors were being able to get the things AYA
needs as an adult to live, food, and having basic needs met. The QOL in-
dicators for them were primarily present-oriented. They worried about
basic things—“How is my AYA going to have a roof over his head if AYA
does not have a job?” Parents of AYA without SB addressed some of the
same elements but their perception of essential needs for living was
more future-oriented. They also tended to define essential slightly dif-
ferently and beyond the basics such as cell phones, gas, transportation,
and clothes.

The category “essential needs for living” in the AYA data was defined
or perceived somewhat differently by the two groups of AYA. AYA with-
out SB were more articulate and generated more examples in their de-
scriptive accounts. AYA with SB generated less specification in their
responses. However, responses such as a good education, a job,
money/financial stability, a good home, and a good environment were
common.

Having friends

Having friends or friendships was a response generated in all groups,
however, it was dramatically more prominent in AYA without SB (35%)
and their parents (11%). AYA with SB (24%) identified friends as a part of
QOL as opposed to 13% their parents. However, AYA without SB and
their parents not only identified having friends but expanded on the
characteristics of the friendship. These included the following: having
friends who care for you, having good friends, having many friends, ac-
ceptance of friends, spending lots of time with friends, spending time at
a friend's house, and having the freedom to choose friends.

Relying on faith

Both parent groups but only one AYA with SB and only a few without
SB indicated relying on faith. This was made up of faith, values, religion,
and spirituality as a part of AYA QOL. Parent responses included having
faith, church beliefs, religion, spiritual connections, and spirituality. AYA
were much more general addressing values, being religious, and having
a fulfilling purpose.

Romantic relationships

Romantic relationships were nominated as a part of AYA QOL by
both parent groups and by a similar percent of AYA without SB. How-
ever, it was not identified at all by AYA with SB. Parents of AYA without
SB identified close relationships/companionship, the prospect of love in
the future, having a full social life, and being loved in relationships. Par-
ents of AYA with SB had similar responses including people who love
you, feeling loved, enjoying people, and having a social life. They also in-
dicated relationships hoped for but not yet achieved such as: having
people to love AYA, wish for AYA to find the one good person that will
love and respect AYA, and someone to love and care for AYA as AYA is.
AYA without SB spoke generally about love in relationships to indicate

having someone you love mutually and not having to change who you
are to be loved.

Unique category nominated only by parents

Doing what they want to do

The predominant response in this category identified by both parent
groups was “Doing what they want to do.” Both groups of parents identi-
fied belonging, doing what AYA wants to do, freedom to choose a life-
style, and doing all the things AYA would like. Further descriptions
included doing things AYA enjoys, being able to do things AYA wants
to, being able to do desired activities, doing everything AYA can, being
involved, and going anywhere AYA would like. Parents of AYA without
SB also addressed the larger “doing what AYA wanted to do” with fol-
lowing AYA's dreams, exploring options, having everything AYA needs
for a bright future, having opportunities to pursue interest and activities
AYA loves to do and doing them well, and having time to relax and do
what AYA wants to do. A few parents of AYA with SB also specified
the role of the condition indicating “Being able to do the things AYA
wants to do even with adaptations,” “Being able to do what AYA wants to
do with minimal adaptation,” or “Thankful AYA can do things that others
in wheelchairs cannot do.” One parent of an AYA with SB indicated a neg-
ative impact on QOL “AYA cannot do things AYA wants to do.”

Some parents of AYA with SB but no others saw “participating fully
in society” as an important component of “doing what you want to
do.” These parents indicated QOL meant participating in meaningful ac-
tivities important to the AYA, being able to do adult things on their own,
being treated like a normal kid, having equal opportunities as sibling
without SB, keeping up with siblings, getting out of the house daily, or
being able to do things family wants to do.

Discussion

This study elicited a beginning description of what makes up AYA
QOL from their perspective and that of their parents. The salient catego-
ries identified by the AYA with and without SB and their parents are
somewhat similar to those identified in the literature by adults and ad-
olescents in the US and internationally. However, the priority and de-
scriptors differed by participants with and without SB. For example,
both AYA with and without SB nominated “family” most frequently
while faith was rarely nominated, but when it was, it appeared to be
of central value for the individual. All participants generated “friends”
but the descriptors of having friends varied. Also, having a positive life,
being happy or living a good life was frequently nominated with varying
characteristics between groups.

The centrality of the “engaged family” in QOL for both AYA with and
without SB was an important finding. The family seemed to be an an-
chor for AYA as they consider their QOL. Over time family functioning
appears to be fairly stable during adolescence in families of AYA with
SB and these families are not characterized with the increase in conflict
which occurs in comparison families (Bakaniene et al., 2016; Jandasek,
Holmbeck, DeLucia, Zebracki, & Friedman, 2009; Sawin & Bellin,
2010). It may be that when families are doing well this can be protective
for the AYA. The lack of typical conflict may be due, in part, to the prior-
ity of SB condition-related shared responsibilities for care. However,
even with evidence of the family's centrality in the life of the AYA, a fam-
ily domain generally has not been included in many measures of QOL
and even fewer HRQOL instruments (Bakaniene et al., 2016; Rofail
et al., 2014; Sawin & Bellin, 2010).

While achieving independence is an expectation for all AYA, for
many with chronic conditions achievement of independence skills is de-
layed (Davis, Shurtleff, Walker, Seidel, & Duguay, 2006). The meaning of
independence as a category of QOL differed by the presence of SB in this
study. Parents of AYA with SB focused on aspirations, not achievements,
when reporting on what makes up QOL. The few responses from AYA
that addressed independence were from those with SB who focused
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on being capable of taking care of themselves. Adults with SB undergo-
ing surgical reconstruction experienced more independence but did not
have different perceptions of QOL when compared to those not having
surgery. Understanding the role of independence in the meaning of
QOL is important for future work (Coco et al., 2018). Perhaps aspiring in-
dependence is more prevalent in these parent data of youth with SB as
they were acutely aware of the AYA's unique challenges to “catch up” on
typical self-management or independence skills. When evaluating de-
velopmental milestones over time, AYA with SB were less likely at age
22-23 to achieve adult milestones such as independent living, attend
college, or obtain full-time employment than their peers (Holbein,
Zebracki, et al,, 2017) . The latter study also determined parent expecta-
tions for independent living did not predict milestone achievements.
Rather, parent expectations were related to the AYA's lesion level and
cognitive abilities were associated with both independent living and at-
tending college (Holbein, Zebracki, et al., 2017). Youth with SB have
faced barriers finding employment that is accessible and matched to
their abilities as well as securing accessible and reliable transportation
to get to work (Lindsay, McPherson, & Maxwell, 2017). These are impor-
tant factors to consider for achieving independence to enhance quality
of life.

The difference in essentials for living, addressed by parents of AYA
with and without SB, may be explained by the income difference be-
tween groups in this sample (Ridosh et al., 2016). Lower fiscal resources
in families of AYA with SB may drive the present-oriented focus on basic
needs for living. Opportunities for work were mentioned more fre-
quently as a component of individual QOL by parents of AYA with SB
and were also identified by AYA with SB (a job, money/financial stabil-
ity). Therefore, targeted resources to build economic self-sufficiency are
needed.

Income offers opportunities for social participation and may influ-
ence activities “beyond the essentials” mentioned by parents. Some of
the activities (e.g., piano, dance) may be more easily supported by fam-
ilies who have more resources. Parents with AYA without SB, when de-
scribing “doing what they want to do” mentioned fun, ability to be
active, and free time as making up QOL for the AYA. They also men-
tioned sports more specifically. For families of AYA with SB, programs
that support adaptive sports participation are important to promote
being active. Promotion of physical activity is supported by a recent
study examining the relationship of lifestyle, participation in daily activ-
ities (e.g., personal care, housing, mobility, recreation), and HRQOL
(measured by SF-36) in SB participants, when adjusting for sex and am-
bulatory status, those with higher levels of physical activity (min/day)
had a higher physical HRQOL. No associations were found for mental
HRQOL (Buffart, van den Berg-Emons, van Meeteren, Stam, &
Roebroeck, 2009).

One of the striking differences in the descriptions of QOL between
groups was in the “having friends” category. Having friends was en-
dorsed by all groups as a part of QOL, but not as often by AYA with SB
and their parents. When AYA with SB identified having friends they
did not include any characteristics of friendship quality, while others
did. In a longitudinal study of AYA with SB and peers, in the context of
“best friends”, there was no difference in self-reported friendship qual-
ity (e.g., companionship, security, and closeness) between groups over
time, except for increased help from friends (Stiles-Shields, Driscoll,
Rausch, & Holmbeck, 2019). When evaluating predictors of social skills
over time, Holbein, Peugh, and Holmbeck (2017) confirmed that neuro-
psychological skills (attention and executive function), not family or
health, was most important for social skill development. Opportunities
for social skill development will be dependent on targeting specific neu-
ropsychological deficits. Promoting prosocial behaviors in youth with SB
may be useful to enhance the AYA's ability to establish friendships, en-
hance friendship quality, and contribute to QOL.

The number of “do not know” responses might also affect the prior-
ity of categories. For example, friends were nominated more in the AYA
without SB, but that difference might disappear if the participants

replying “do not know” had nominated friends. While the salient cate-
gories were identified from a rigorous process of content analysis, com-
parison of categories should be interpreted with caution based on this
study alone.

Limitations

Although providing important information regarding the meaning
of QOL for AYA, there are limitations in this analysis that need to be con-
sidered. First, the ethnic and geographic diversity of the sample are lim-
ited. The meaning might differ in a more diverse sample. Second, the
sample represented a large age range. In this sample where the average
age was 15, there was not sufficient data to segregate by developmental
stage (early, middle, late adolescents and emerging adults). Using a
larger sample or targeting specific age range, such as emerging adults,
would allow us to better determine if there were differences by devel-
opmental stage. In addition, the first two authors coded the information
together. It is possible that separate analysis might have identified dif-
ferent codes. However, the third team member review decreased this
likelihood.

A major limitation of this study was the use of a single open-ended
question embedded in a broader interview. This format, without the
possibility of in-depth, follow-up questions, limits the quality of the
data collected. Although the most salient categories were probably
identified, there was no opportunity to expand on the initial brief re-
sponse. In addition, the format used while appearing to work well for
AYA without SB might have created challenges to the participants
with SB who are known to have cognitive learning challenges in work-
ing memory, expressive language, and executive functioning. All partic-
ipants were easily able to respond to structured items on instruments
with defined response patterns. Generally, the participants were able
to spontaneously articulate what QOL meant to them. However, we do
not know if the AYA with SB that responded “do not know” did not
know what the concept “quality of life” was or could not articulate
what made up quality of life for themselves. The open-ended question
may have been too unstructured or ambiguous for some AYA with SB.
In a HRQOL instrument-development study using a more structured
qualitative interview appeared to enhance the generation of important
concepts (Szymanski et al., 2016). However, the identification of the sa-
lient categories generated from this project forms an important base for
future studies of QOL in AYA.

Implications for research

AYA with SB, as research participants, may need accommodations to
more fully articulate what QOL means to them such as a more focused
in-depth interview, orientation to the definition of QOL, and the use of
more concrete questions. In-depth qualitative interviews with sensitive
probes are indicated to better describe the AYA perception of QOL and
provide a rich description of the meaning and context of QOL for those
with and without SB. Current measures do not use inductive methods
to understand the meaning of QOL and none of the measures allow
the participants to “weigh” or prioritize domains important to them. Ex-
pansion of existing comprehensive measures to include a ranking of im-
portance may be helpful.

Further research can help us to understand the nature of the family,
and whether it continues or diminishes as the AYA ages. Preliminary ev-
idence, using the WHOQOL-BREF measure in a longitudinal analysis of
young adults with SB, indicated that individual differences in family sat-
isfaction predicted QOL (physical health, psychological, and environ-
ment domains) (Bellin et al., 2013).

Implications for practice

Assessment of QOL in clinical practice environments can be an im-
portant aspect of care delivery that is overlooked in many current
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practices today. QOL was the most important outcome for the health
care transition process as identified by international researchers and
multi-disciplinary clinician members of the Health Care Transition Re-
search Consortium for youth with special health care needs (Fair et al.,
2016). Measuring QOL specifically remains important since HRQOL ac-
counts for only a portion of QOL (69-75% of the variance in overall
QOL) (Palimaru & Hays, 2017). Evaluating HRQOL alone does not
allow the provider to get the whole picture. Also, evaluating QOL from
multiple reporters (parent and child) remains important given the dif-
ferences in meaning.

Providers can ask a single question to understand the meaning of
QOL and a follow-up question to focus on areas of concern. A single
question such as “What is the meaning of quality of life for you?” or
“What makes up QOL for you?” can provide valuable information. Similar
categories may be identified across reporters and the meaning and pri-
ority may be different or change for individuals. Thus when assessing
QOL, asking a follow-up question “What would make your QOL better?”
could be useful to understand “what is missing” and identify unmet
needs. Parent information can be helpful for clinicians to provide antic-
ipatory guidance in areas of discrepancy or concern. Both primary and
secondary care providers can integrate QOL assessment in all adoles-
cents' contacts.

An assessment made up of these data would facilitate providers to
assess QOL based on what is most important to the individual and the
family. Since an engaged family was most frequently reported as a com-
ponent of the meaning of QOL in adolescents, it is important to assess
family relationships in all families with AYA. Providers can inform par-
ents of these findings so they can respond to the needs of their AYA
such as “Feeling loved and cared for,” “Being able to talk to family,” and
“Feeling supported by family.” The PROMIS® Family Relationships instru-
ment (Bevans et al., 2017) may be useful to assess baseline and changes
in the quality of family relationship experiences from the perspective of
children and their parents.

Providers can share with families of AYA with conditions such as SB,
the trajectory of developmental task achievement. These families may
need to build in additional time and provide support to address the de-
velopment of independence and friendships. Findings from the Interna-
tional and Interdisciplinary Health Care Transition Research Consortium
also indicated having a social network of friends was a highly rated tran-
sition outcome (Fair et al., 2016). It is important to understand these
non-health or condition-related aspects of youth's lives. Particularly im-
portant is the development of social skills. Given the importance of neu-
ropsychological skills (attention and executive function) for the
development of social skills (Holbein, Peugh, et al., 2017), providers
need to refer children for neuropsychological testing and programs
targeted at promoting social skills training. Prosocial skills can be pro-
moted to facilitate youth establishing friendships. In addition, language
enrichment experiences, early in childhood, may be especially useful
with the cognitive profile of AYA with SB. Addressing these areas have
the potential to address AYA QOL by focusing on the building blocks of
social skills early in life.

Finally, identifying ways to enhance social relationships such as
friendship formation and peer relationships are essential to achieving
developmental milestones in both AYA with or without chronic health
conditions. Perhaps social media use may be leveraged for socialization,
connectedness, and development of peer groups with similar interests.
Since evidence does support the use of technology to improve self-
management of chronic conditions (Parmanto et al., 2013), perhaps a
pragmatic approach is to deliver targeted interventions for AYA which
integrate the use of social media to facilitate social relationships while
enhancing self-management.

Conclusions

In conclusion, the large number of participants in this study pro-
vided a context of meaningful findings from comparison groups of

parents and AYA with and without SB. Similar categories were identified
but often the descriptions of the categories varied. Engaged family as a
central component of QOL for all was prominent. Clinicians and re-
searchers need to better understand the definition of QOL for AYA,
and how that may be different for youth with chronic health conditions
as they transition to adulthood. The results can provide a basis for fur-
ther qualitative studies to more fully explore the meaning of QOL, espe-
cially for AYA. Integrating what the parents and AYA themselves
identify as components of their QOL provides needed direction for re-
search and practice.
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