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Disclosure s
I have  no thing  to  d isclose



Evolving  NBS Ne e ds a n Evo lve d  Evide nce  Ba se   
Why socia l scie nce  re se a rch in NBS is so  crucia l 
 We are  on the  cusp  of a transformation in NBS p ractice s and  re search

 Exp ansion of NBS Pane ls (late r onse t, p otentially more  unce rtainty) 

Use  of Genomic Screening  

 Storag e  and  Uses of Resid ual DBS

 However, 1) the re  is a d earth of d ata p e rtaining  to  p ub lic and  p arental values 
re lated  to  the se  chang es 2) what d ata exists is und e rutilized  

 Vital to  have  d ata from key stakehold e rs to  he lp  manag e  exp ansion in a 
transp arent manne r and  maintain the  e thical justification of NBS

 These  kind s of d ata are  also  critical for exp and ing  notions of b ene fits and  harms to  
includ e  ind ivid ual newb orns,  familie s, and  socie ty



Wha t do  w e  me a n by  a sse ssing  “ va lue s” ? 

Whose Values (Pe rsp ectives, Conce rns, Excep tions)? 
• Parents with child ren with the  cond ition
• Parents g ene rally 
• General Pub lic 

Values ab out what? 
• Cond ition Sp ecific Issues vs. General NBS issues 
• NBS d isp aritie s and  access to  care  

When? 
• During  the  p ilo t stag e
• In state s that are  alread y screening  
• As an activity of the  committee  d uring  evid ence  review

How?
• Surveys/Inte rviews with ind ivid uals/familie s 
• Focus g roup s or small g roup  d ialog ue  
• Delib e rative  d emocracy or o the r innovative  ap p roaches

Why do this? 

• Evid ence  Review/Decision Matrix 
Process: To imp act the  final “score” 
and  Committee ’s ye s/no  d ecision

• Evid ence  Review Process: To imp act 
the  committee 's recommend ation (ie  
state  re sources for p arents and  
clinicians, choice s of variants, re turn 
of re sults)

• Recommend ations for re sources? 
Access? Follow up ? Ed ucation? 
Consent for some  cond itions?



Prob le ma tizing  Curre nt Approa che s  

Challe ng e  1

• NBS harms or b e ne fits 
to  familie s/socie ty 
raise d  are  e ithe r 
ane cd otal or 
hyp othe tical

• Burd e n of p roof has 
historically b e e n 
hig he r for b e ne fits

• Prob le m: Lack of data 
or data is not known  

Challe ng e  2

• Data on NBS harms or 
b e ne fits to  
familie s/socie ty is 
d ismisse d  as 
ane cd otal or not 
“scie ntific”  

• Prob le m: Lack of 
unde rstand ing   
reg ard ing  social 
science  data 

Challe ng e  3

• Data on harms or 
b e ne fits to  
family/socie ty is not 
syste matically 
inte g rate d  into  
e vid e nce  re vie w  

• Prob le m: Social science  
data does not fit within 
trad itional matrix 
p rocesses



 Consented  p ilo t NBS run in conjunction with the  
NYS Newb orn Screening  Prog ram. 

 Enroll 100,000 b ab ie s b orn at 8 hig h b irthrate , 
e thnically d ive rse  hosp itals ove r five  years.

 Goal to  asse ss the  analytic and  clinical valid ity of 
multi-tie red  screening  for a fluid  p ane l o f 
d isord e rs. 

 Assess e thical, leg al, and  social issue s from 
p are ntal fe ed b ack surveys and  inte rviews with 
p arents of child ren

Ex a mple : Scre e nPlus
A compre he nsive , fle x ib le , multi-d iso rde r ne w born scre e ning  p rogra m



Ethica l, Le ga l, a nd  Socia l Implica tion Stud ie s: Pa re nta l Pe rspe ctive s 
Ex a mple : Scre e nPlus 



Re -d e fining  the  Be ne fits o f NBS
Rep rod uctive  p lanning ?
Future  p lanning ?
At risk re lative s?
Diag nostic od yssey?

Scre e nPlus: Surve y The me s

Consent Surve y
What was most he lp ful?
Main reasons for p articip ating ?

De cline r Survey
Main reasons to  not p articip ate? 

Ne wb orn Scre ening  Exp ansion
What typ es of d isord e rs should  
b e  includ ed ?
• Ag e  of onse t 
• Treatab ility 
• Diag nostic and  p rog nostic 

unce rtainty

Drie d  Blood  Sp ot Re tention
Parental consent: if and  when
Fee ling s ab out sp ecific use s

Ne wb orn Se q uencing
Trust in g ove rnment and  
commercial entitie s
Data p rivacy conce rns
Eq uity and  d ive rsity
What information should  b e  
re turned ?
• Actionab le  vs non-actionab le?
• Known P/LP vs VUS?
• Gene tic risks?

All surveys cap ture  d emog rap hic d ata includ ing  p arental ag e , socioeconomic status, ancestry, g ene ral views ab out re lig iosity 
and  p olitics



Data to  Inform: 
1. NBS 

imp lementation
2. Mee ting  family 

need s
3. NBS p olicy

4. NBS re search 

Conse nt/De cline r 
Fe e dba ck  Surve ys 

Pa re nt Pe rspe ctive  
Surve ys

Pa re nt Vo ice s 
Positive /Unce rta in 

Inte rvie w s

Da ta  Goa ls 



Ne e d  fo r Bo th Qua lita tive  a nd  Qua ntita tive  
Da ta  

• “Whe the r treatment is availab le  or no t, it is always p re fe rab le  to  know if the re  is an issue .”

• “I have  a g ene tic cond ition that was not d iag nosed  until ad ulthood .  I think it would  have  b een ve ry 
b e ne ficial to  know at a young e r ag e .”

• “Prior to  having  child ren, I would  have  fe lt that NBS for any d isord e r would  b e  a p ositive . Now that I 
have  a child , I am no t sure  I would  want information ab out a d isord e r that may no t affect my child  
fo r se ve ral years, o r into  ad ulthood - if at all? Esp ecially if the re  are  no  treatments, o r currently 
anything  I could  d o  d iffe rently to  le ssen seve rity or d e lay onse t. I und e rstand  the  imp ortance  of 
id entifying  the  at-risk p op ulation for ap p rop riate  manag ement and /or re search for p o tential 
treatments, b ut that b e ing  said , my anxie ty for the  health of my child  would  b e  shook, knowing   
future  risks.”



Conte x t, Conte x t, Conte x t…Unce rta inty  

 Parents asked  ab out the ir inte re st in having  the ir child  screened  for a varie ty of 
cond itions. 

 Agree  or d isag ree  with the  following  statements…
 I would  like  to ge t my baby’s newborn screening  results… 

In case s whe re  my b ab y is at hig h risk 
to  d e ve lop  a se rious health cond ition 
that mig ht ne ed  tre atment, b ut 
d octors cannot te ll me  whe n they will 
g e t sick (N=286) 

In case s whe re  d octors cannot te ll 
me  if my b ab y really has a se rious 
cond ition (N=286) 

Strong ly/Somewhat Ag ree ---92% Strong ly/Somewhat Ag ree ---70%

Strong ly/Somewhat Disag ree ---8% Strong ly/Somewhat Disag ree ---30%



Conte x t….w ha t popula tion/community? 

 Agree  or d isag ree  with the  following  statements…
 I would  like  to ge t my baby’s newborn screening  results… 

In case s whe re  d octors cannot te ll me  
if my b ab y really has a se rious 
cond ition (White  non-Hisp anic) 
N= 122

In case s whe re  d octors cannot te ll me  
if my b ab y really has a se rious 
cond ition (Non-white )  
N=145

Strong ly/Somewhat Ag ree ---60% Strong ly/Somewhat Ag ree ---80%

Strong ly/Somewhat Disag ree ---40% Strong ly/Somewhat Disag ree ---20%



Conte x t….how  a re  the  que stions a ske d? 

Survey 1 Survey 2

I would  like  to  ge t my b ab y’s newb orn 
screening  re sults… 

In case s whe re  d octors cannot te ll me  if 
my b ab y really has a se rious cond ition 
N= 286

All b ab ies should  rece ive  screening  
re sults… 

In case s whe re  d octors cannot te ll me  if 
my b ab y really has a se rious cond ition
N= 240

Strong ly/Somewhat Ag ree ---70% All b ab ie s should  b e  b e  screed ed  
(mand atory)….50%

Strong ly/Somewhat Disag ree ---30% O nly b ab ie s whose  p arents g ive  
p e rmission…50%



Conte x t….qua ntita tive  vs. qua lita tive

In case s whe re  
d octors cannot te ll 
me  if my b ab y really 
has a se rious 
cond ition 
N= 286

Strong ly/Somewhat 
Ag ree ---70%
Strong ly/Somewhat 
Disag ree ---30%

“The only thing I would hate to add to a new mom is additional worry. If there is any 
uncertainty about the serious condition or no possible treatment, it's honestly better to 
live in ignorance and enjoy your baby vs always being worried one day they might get sick. 
Please don't cause any unnecessary anxiety for parents”

“Multiple doctors visits early in a baby's life are very stressful. Knowing that might be 
coming, or that there is a diagnosis, would be valuable to help manage uncertainty.”

“The more information we have, the better. There are so many things that we don't know 
and can't predict about our own bodies, and having the opportunity to know more about 
my baby's health and probabilities is comforting” 

“I worry that, newborns may be administered unnecessary treatments on the basis of 
potentially having a condition. While I agree, it is important to catch things early in order to 
treat them properly. It is just as important to be diligent and rule out potential with reality. 
Just because something can potentially happen doesn't necessarily mean that it will and I 
don't think it is conducive to treat somebody for something they may or may not have.”



Moving  fo rw a rd…toge the r 

Challeng e  1

• Data anecd otal o r 
hyp othe tical

Challeng e  2

• Data d ismissed  as 
anecd otal o r no t 
“scientific”

Challeng e  3

• Data no t 
systematically 
integ rated  into  
evid ence  review

• “Co-create” re search 
q uestions 

• Deve lop  re search that 
includ e  ELSI and  social 
science  re search 
me thod s 

• Fund ing !

• Create  new 
op p ortunitie s for 
p re senting /integ rating  
social science  d ata 

• Deve lop  traning  
op p ortunitie s in NBS 
p rog rams to  work with 
social science  d ata 

• Furthe r d eve lop  
d ecision matrix to  
integ rate   ”value  d ata” 
more  comp rehensive ly

• These  d ata may not 
he lp  “d ecid e” (b ut 
could  inform p ost 
screening  need s)



Addre ssing  Cha lle nge  3: 
Inte gra ting  va lue s/pe rspe ctive s into  a  de cision ma trix

 ELSI and  Social Science  d ata will he lp  b ut, 
 There  will always b e  d ive rg ent and  p luralistic views on NBS issues 
 But that’s no t a failure  of the  d ata…it’s the  reality  

We must find  b e tte r ways to  ad d re ss this? 

De te rmine  
Thre shold s of 

Potential Harms 

Weig h Screening  
vs. Clinical Harms 

Consid e r when 
p e rmission/consent 
may b e  necessary 

“Value” d ata may 
ind icate  o the r 

re source /system 
need s 



Promoting  the  Va lue  o f Socia l Scie nce  in Po licy  
Arthur Lup ia , Po litica l Scie ntist (Unive rsity  o f Michiga n) 

Core  Princip le s: 

 Rig or (how we  know what we  know) 

 Ethics and  Ethical Research 

 Precision in measurement  and  concep tualization 

 Causality 

http s:/ /cp sb log .isr.umich.ed u/?p =2893

Lup ia A. What Is the  Value  of Social Scie nce ? Challe ng e s for Re searche rs and  
Gove rnme nt Fund e rs. PS: Political Science  & Politics. 2014;47(1):1-7. 



Le t’s no t to ta lly re inve nt the  w he e l… 

 Connect with scholars and  scholarship  in our own community

 Re-examine  p ast work in this sp ace  
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