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Abstract

Background: In questionnaire-based research, human subject protection committees must assess the emotional
impact of the study on participants. Without clear data about the risks and benefits of participating in such
studies, however, review board members must use personal judgment to assess emotional harm.

Objective: To examine experiences of distress and value of participation in a study of prognosis communication
among parents of children with cancer, and to identify factors associated with predominantly distressing re-
search experiences.

Methods: We surveyed 194 parents of children with cancer (overall response rate, 70%), treated at the Dana-
Farber Cancer Institute and Children’s Hospital, Boston, Mass, in the first year after the child’s cancer diagnosis.
The survey focused on the child’s prognosis and parent-physician communication; at the end, we asked parents
how distressing and how useful completing the survey had been to them personally.

Results: Only 1% of parents found research participation to be “very” distressing. The majority of parents were
“not at all” distressed by participating (62%), and most reported that the questionnaire was at least “a little”
useful to them personally (69%). Overall, 18% of parents gave higher ratings for distress than for utility. Parents
were more likely to experience research participation as predominantly distressing when they found prognostic
information to be upsetting (odds ratio [OR] 5.38, p=0.005).

Conclusion: Most participating parents were able to respond to questions about their child’s prognosis with little
or no distress. Even when distress was present, it was often accompanied by a perception that participating was
of value.

Introduction Despite previous literature on research participation expe-
riences, data are limited on which participants are most likely
to experience distress. In addition, most literature focuses on
risks and benefits of study participation separately, even
though the combination of the two factors may matter most to
individual participants. We conducted a questionnaire-based
study about prognosis communication among parents of
children with cancer.'*'” In doing so, we touched on a subject
that even many physicians prefer not to address due to con-
cerns about causing parents distress.'®* ! We therefore evalu-
ated parents’ experiences as study participants.

UMAN SUBJECT PROTECTION COMMITTEES are charged

with gauging and mitigating potential harm to research
participants, including those who participate in psychosocial
research, where risks may be psychological in nature.'
However, assessing emotional harm to the participant often
takes place in the absence of clear evidence. Review boards
tend to be more conservative in judging harm than research-
ers and even participants,> who offer a more nuanced per-
spective. Although participants may experience distress and
anxiety due to studies about medical experiences,3_5 research
participation is also perceived as therapeutic or empower-
ing®'! and an opportunity to help others in the same situa-
tion.”!>13 Even participants who express feelings of distress We surveyed parents and physicians of children in the first
often state that they would take part in a study again.”'**° year of cancer treatment at the Dana-Farber Cancer Institute
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and Children’s Hospital, Boston, between April 2004 and
September 2005. Details of the study and survey development
have been previously described.'®'” One parent per family
was eligible to participate; parents could decide which parent
wished to do so. Of 276 eligible parents, 194 (70%) completed
the survey, and 20 of 21 physicians completed surveys, cor-
responding to 193 of 194 parents.

The parent questionnaire focused on experiences with com-
munication with the physician and expectations for the child’s
likelihood of cure. Communication quality was evaluated™
using items on physician sensitivity, clarity, listening, and time
for questions. Information quality comprised parent reports on
the quality of information they had received about diagnosis,
treatment, prognosis, the child’s future, causation, and how
treatment is working. Parents were asked “how upsetting” it is
“to know information about your child’s prognosis” and how
they feel “about the amount of information you know about
your child’s prognosis.” The questionnaire assessed parents’
coping s’fyles,23 sense of peace,24 relationship to the child, gen-
der, age, education, marital status, and race/ethnicity. At the
end of the questionnaire we asked, “How distressing did you
find the experience of completing this questionnaire?” and
“How useful to you personally did you find the experience of
completing this questionnaire?” Response options were “not at
all,” “a little,” “somewhat,” and “very.”

The physician questionnaire asked “How likely you think it
is that this child will be cured of cancer,” with response ca-
tegories of: “extremely likely (more than 90% chance of cure)”;
“very likely (75%-90%)”; “moderately likely (50%-74%)";
“somewhat likely (25%—-49%)”; “unlikely (10%-24%)"; “very
unlikely (less than 10%).”**® The physician questionnaire
also measured type of cancer, treatment received, and time
since diagnosis.

The Institutional Review Board of the Dana-Farber Cancer
Institute approved this study.

Statistical methods

Responses for questions about distress and utility were
compared. Parents who gave higher ratings for distress than
utility were defined as parents for whom the distress associ-
ated with participating in the study outweighed its utility, also
termed parents whose research experience was predominantly
distressing. This served as the primary outcome variable. We
evaluated relationships between a predominantly distressing
research participation experience and attributes of the parent,
child, disease, and communication process.

For communication and information quality scales, re-
sponses were summed, and sums were dichotomized at the
sample median for analysis. Other variables were dichoto-
mized as specified in tables and results, with the exception of
physician-rated likelihood of cure, which was treated as an
ordinal scale.

Bivariable and multivariable relationships were described
using logistic regression with generalized estimating equa-
tions to account for clustering of patients within physi-
cians. Multivariable models were devised using a backwards
selection technique; we included parent gender, race, edu-
cational level, diagnosis, and physician-rated prognosis, re-
gardless of the significance of their coefficients. A sensitivity
analysis using any parental distress, without respect to utility,
as the outcome provided similar results. Analyses were con-
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TABLE 1. PARENT AND PATIENT CHARACTERISTICS

Characteristics Values (n=194)

Parent

Female, n (%) 153 (79)
Age 30 or older, n (%) 172 (89)
College graduate, 1 (%) 115 (60)
Married or living as married, n (%) 158 (82)

Race/ethnicity (n=190)
White, non-Hispanic (%) 8
Black, non-Hispanic (%)
Hispanic (%)
Asian (%)
Other (%)
Child
Female, n (%)
Age at diagnosis, median years (range)
Days since diagnosis, median (range)
Cancer diagnosis (n=194)

NN N &= G1

92 (49)
6.6 (0.2-17.9)
105 (30-552)

Hematologic malignancy (%) 56
Brain tumor (%) 23
Other solid tumor (%) 22

Received stem cell transplant, 1 (%) 28 (15)

ducted using the SAS Statistical Package (SAS Institute, Inc.,
Cary, NC).

Results

Parents completed the study questionnaire a median of 105
days after the child’s cancer diagnosis (Table 1). Most parents
reported that they were “not at all” distressed by the ques-
tionnaire (62%, Table 2), with the remaining parents reporting
feeling “a little” (29%), “somewhat” (8%), or “very” (1%)
distressed by their participation. The majority of parents
(69%) also found the questionnaire to be at least a little useful
to them personally (39% “a little,” 25% “somewhat,” 5%
“very”), with 31% of parents considering participation to be
not at all useful. When ratings for distress and utility were
compared directly, 18% of parents gave higher ratings for
distress than for utility and therefore met our definition of

TABLE 2. PARENT REPORTS OF DISTRESS
AND UTILITY OF RESEARCH PARTICIPATION

How useful to you personally was the

How distressing  experience of completing this questionnaire?

was the experience

of completing Not A
this questionnaire?  at all little Somewhat Very
Not at all n=26 50 31 8
14% 27% 17% 4%
A little 23 20 10 2
12% 11% 5% 1%
Somewhat 7 2 5 0
4% 1% 3% 0%
Very 2 0 0 0
1% 0% 0% 0%

Parents for whom distress outweighed utility (rating for distress
was greater than rating for usefulness): n=34, 18.3%.

Parents for whom distress and utility matched: n=>51, 27.4%.

Parents for whom utility outweighed distress: n=101, 54.3%.
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TABLE 3. FACTORS ASSOCIATED WITH A RESEARCH EXPERIENCE THAT WAS PREDOMINANTLY DISTRESSING
(RATING FOR DI1sTRESS OUTWEIGHED RATING FOR UTILITY): BIVARIATE ANALYSES

OR (95% CI) p value
Parent attributes
Parent education, per category of increasing education 1.20 (0.80, 1.79) 0.38
Parent race non-white 1.25 (0.60, 2.60) 0.56
Parent gender female 2.18 (0.65, 7.29) 0.21
Parent age >30 years 2.15 (0.87, 5.29) 0.10
Parent coping and adjustment
Parental coping: active 0.37 (0.12, 0.90) 0.08
Parent has peace of mind about child’s illness 0.08 (0.02, 0.37) 0.001
Child and disease attributes
Child’s diagnosis was more than 100 days prior to participation 0.44 (0.23, 0.86) 0.02
Physician-rated prognosis, per category of worsening prognosis 1.16 (0.96, 1.40) 0.13
Communication attributes
Parent rates physician communication as high quality 0.44 (0.20, 1.00) 0.05
Parent rates information received as high quality 0.56 (0.29, 1.06) 0.07
Parent considers information about prognosis “extremely” or “very” upsetting 5.67 (2.19, 14.69) 0.0004
Parent wishes he or she had additional information about the child’s prognosis 2.14 (1.03, 4.47) 0.04

OR, odds ratio; CI, confidence interval.

having had a research experience that was predominantly
distressing. Remaining parents either chose the same rating
for distress and utility (27%) or provided ratings for utility
that were greater than their ratings for distress (54%).

We evaluated factors associated with a parental research
experience that was predominantly distressing (Tables 3 and
4). In a multivariable analysis, parents were less likely to have
a distressing research experience when they participated in
the study more than 100 days after the child’s diagnosis (odds
ratio [OR] 0.45, p=0.05). Parents who had a sense of peace of
mind about the child’s illness (OR 0.11, p=0.0001) were also
less likely to experience the study as predominantly distres-
sing. A distressing experience was more likely, however,
among parents who found prognostic information upsetting
(OR 5.38, p=0.005) and who wanted additional information
about the child’s prognosis (OR 2.06, p=0.04) beyond what
they had already received from the physician.

Discussion

We administered a questionnaire to parents about a deli-
cate and painful issue—the possibility that their child could
die of cancer. We were concerned that, by raising this difficult
subject, we could cause emotional harm to parents who were
already under great stress, and as a result we evaluated par-
ents’ experiences with participation. Consistent with previous
research, however, distress levels were limited!!!4152728,

only 1% of participating parents found the experience to be
very distressing, and most reported no distress at all. Notably,
parents indicated a dual nature to their experiences with the
survey; even when parents experienced distress, they also
often found personal value in participating in the study.

Not surprisingly, parents’ experiences tended to be pre-
dominantly distressing when they considered prognostic in-
formation upsetting, when they had little peace of mind about
the child’s illness, and when their children were newly diag-
nosed. Each of these factors might understandably identify
parents with heightened emotions around the child’s illness.
Unexpectedly, however, parents were also more likely to feel
distressed if they wanted additional information about
prognosis beyond what they had already received from the
physician. This finding is consistent with previous work that
suggests that uncertainty often underlies distress, and that
information, even when difficult, can allay one’s worst
fears.??° This situation may best be remedied, not by altering
the nature of the research, but by helping parents to access the
information they need.

Parents whose children had been diagnosed more recently
tended to report greater distress from participation. This rai-
ses the question as to whether patterns of distress might have
differed if we had recruited parents at the time of the child’s
diagnosis. Researchers who wish to mitigate distress may
wish to consider recruiting parents for similar studies after the
most acutely stressful period has passed.

TABLE 4. FACTORS ASSOCIATED WITH A RESEARCH EXPERIENCE THAT WAS PREDOMINANTLY DISTRESSING
(RATING FOR D1sTRESS OUTWEIGHED RATING FOR UTILITY): MULTIVARIABLE MODEL"

OR (95% CI) p value
Parent has peace of mind about child’s illness 0.11 (0.04, 0.34) 0.0001
Parent considers information about prognosis “extremely” or “very” upsetting 5.38 (1.66, 17.06) 0.005
Parent wishes he or she had additional information about the child’s prognosis 2.06 (1.04, 4.07) 0.04
Child’s diagnosis was more than 100 days prior to participation 0.45 (0.20, 1.01) 0.05

“Adjusted for parent gender, race, educational level, diagnosis, physician-rated prognosis, and for clustering by physician.

OR, odds ratio; CI confidence interval.
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Some limitations are worth considering. Although 70% of
eligible parents participated in this study, those who did not
may have been those most distressed by participation. In ad-
dition, we only interviewed one parent per family. However,
the lack of significant distress among participating parents
suggests that parents were able to make reasonable decisions
about their ability to participate in the study. Self-selection
appears to have been effective in identifying parents who
could address these issues without major resultant distress.

This was a small study, involving just fewer than 200 par-
ents in total and only 34 parents who found the research ex-
perience to be predominantly distressing. Although low rates
of distress are reassuring, our interest in identifying parents
most likely to be distressed is limited by the small sample size.
Future research would be useful to confirm these results and
evaluate predictors of distress in more depth.

Finally, we compared parental ratings of distress and util-
ity. However, participants were not asked to compare the two
issues directly. We do not know if parents would agree with
our assessment that utility often outweighed distress. How-
ever, even without a direct comparison, our data suggest that
even parents who find a questionnaire distressing may also
find some value in participation.

Those charged with the protection of human subjects find
themselves faced with difficult decisions about whether
studies cause undue risks, including psychological distress, to
participants. However, parents may find value in participating
in research, and parents may experience participation in both
helpful and difficult ways, not only one or the other. Allowing
parents to judge their ability to participate appears to be ef-
fective in identifying a population of participants who expe-
rience limited distress. Distress may also be mitigated by
approaching subjects after the period of acute stress has pas-
sed, and for parents whose distress is related to a desire for
more information, considering ways to accomplish this outside
of the research setting. Internal review committees may wish to
consider the breadth of parental experiences as they evaluate
the ethics of psychosocial research about difficult topics.
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