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CASE REPORT
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A Case of Biliary Papillomatosis with Cystic Dilatation of Bile Duct

Yoo Mi Park, Kwangwon Rhee, Sun Och Yoon1, Ji Yoon Ha,
So Young Park, Jung Ho Lee, Sung lll Jang

Department of Internal Medicine, 'Pathology, Gangnam Severance hospital,
Yonsei University College of Medicine, Seoul, Korea

A 61-year-old male who complained of right upper quadrant pain was referred to the authors for evalua-
tion after his computed tomography suggested biliary adenocarcinoma. The lesion consisted of multiple
cysts with papillary mass and peri-ampullay mass. The patient underwent an operation due to a clinical
suspicion of biliary cystadenocarcinoma, but the pathology confirmed biliary papillomatosis (BP) after diag-
nosing intrahepatic papillary neoplasm with high-grade dysplasia and invasive adenocarcinoma with papil-
lary neoplasm from the distal common bile duct to the duodenum. BP is a disease characterized by multiple
papillary masses. lts cause has yet to be discovered. It commonly manifests as bile duct dilation but rarely
as a ductal cystic change. Under computed tomography or magnetic resonance imaging, both the BP and
the cystic neoplasm can show bile duct dilation and a papillary mass, which makes their differential diag-
nosis difficult. A confirmative diagnosis can be made through a pathologic examination. BP is classified
as a benign disease that can become malignant and may recur, though rarely. Its treatment of choice is
surgical resection. Laser ablation or photodynamic therapy can be used for unresectable lesions. In the
case featured in this paper, biliary papillomatosis was difficult to differentiate from cystic adenocarcinoma
due to diffusely scattered multiple large cystic lesions in the liver, and it was histologically confirmed to
have become malignant with cystic duct dilation after the operation. This case is reported herein with a
literature review.
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Fig. 1. Abdominal computed tomography (CT) and liver magnetic
resolution image (MRI) findings of biliary papillomatosis in
liver. Abdominal CT shows multiple cystic lesions with solid
enhancing portions (arrow) in liver and solid enhancing lesion
(arrowhead) noted in periampullary portion (A-C). T2-weighted
MR image shows multiple cystic lesions with papillary solid
components (arrow) (D).
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Fig. 2. Endoscopic retrograde cholangiopancreatography (ERCP)
and endoscopic ultrasonography (EUS) findings of biliary papillo-
matosis in periampullary portion. ERCP shows papillary fea-
tured periampullary mass which invaded to duodenum from
distal CBD and biopsy was done (A). EUS shows a inhomoge-
neous and hypoechoic well-dermarcated mass in periampullary
lesion (B).
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Fig. 3. Macroscopic findings show the presence of papillary
tumors with cystic bile duct dilatation containing high grade
dysplasia (arrow, measuring 20-30 mm in diameter) in liver (A,
B) and a papillary tumor containing adenocarcinoma (arrowhead)
in distal CBD to periampullary portion (C, D).
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Fig. 4. Microscopic findings show that the inside of the cystic
bile duct dilatation is covered with a single layer of normal
columnar epithelium and papillary tumors growing from the
wall of the dilated bile duct [A: x40 in liver, B: high grade dys-
plasia in liver (Black arrow) %400, C: x40 in duodenum, D:
invasive carcinoma (Black arrow) and high grade dysplasia in
duodenum (arrow head) x100; H&E stain].
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