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Holoprosencephaly in a fetus with maternal 
medication of sulfasalazine in early gestation 
A case report 
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INTRODUCTION 

Holoprosencephaly is a malformation of 
the brain which usually occurs spora
dically, and in most cases, its cause is 
unknown (1 · 2). This etiology is hetero
geneous. Cohen (2 ) reported 66 condi
tions with either holoprosencephaly or 
arhinencephaly, in which chromosomal 
syndromes (2 ), monogenetic disorders (2 ), 
and maternal diabetes (3 ) have been de
scribed. Other suspected, but less esta
blished, teratogens include intrauterine 
infections with viruses including cyto
megalovirus (CMV), rubella, and toxo
plasmosis; early gestational irradiation; 
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and early exposure to agents such as 
quinine, salicylates, isotretinoin, chlordia
zepoxide, cortisone, estroprogestines, con
traceptives, cocaine, phenytoin, and al
cohol (4 ). 

Sulfasalazine has been widely used as 
a drug of choice for inflammato双．bowe!
disease such as ulcerative colitis and 
Crohn's disease, and its use during pre
gnancy is usually considered to be safe. 
We have observed a case of a neonate 
with holoprosencephaly, born to a mother 
who had been put on a continuous treat
ment with sulfasalazine before and du
rmg p'regnancy. 

CASE REPORT 

The patient had peritonitis and underwent a 
laparotomy a the age of 23. Then she had her 
small intestine partially resected under a dia
gnosis of Crohn's disease. Since then, she has 
been treated with sulfasalazine. She visited 
the infertility clinic of a community hospital 
for 3 years and successfully became pregnant 
at the age of 32 by the induction of ovulation 
｀了ith human menopausal gonadotropin and hu
man chorionic gonadotropin and followed by 
an artificial insemination with her husband's 
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