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Fig. 1 a: Abdominal enhanced CT showed a mass lesion which was stained weakly
in the left hepatic duct and a remarkable dilatation of intrahepatic bile duct of the
left lobe (black arrow). b:ERC showed a filling defect in the left hepatic duct (black
arrow). c:ERC by ENBD tube showed no abnormal shadow at the distal site of the CBD.
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Fig. 2 a:Macroscopic resected specimen showed the multiple papillary lesions in the

left hepatic duct (black arrow) . b : Microscopic examination showed the papillary
lesion consisted of fine fibrovascular stalk (HE stain x 1.1) . c:Papillary proliferation
of the bile duct epithelium that consisted of columnar epithelial cell arranged to the

singlelayer. No invasive lesion was recognized under the submucosa(HE stain % 200).
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Fig. 3 a: Cholangiography by C-tube on the 14t
day after the first operation showed no abnormal
shadow at the distal site of the CBD. b : MRCP of
two years after the first operation showed a mass

lesion at the lower CBD (white arrow).
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Fig. 4 a:Macroscopic resected specimen of the sec-
ond operation showed a mass lesion at the lower
CBD (black arrow). b:Microscopic examination re-
vealed that biliary epithelial cells showed colum-
nar epithelial cell arranged to the single-layer as
the same with the previous findings. However,
each cell showed mild nuclear atypia and an in-

crease of chromatin compared with the initial op-
eration (HE stain x 200).
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Table 1 Reported cases of biliary papillomatosis in Japan

Author Year | Age/Sex | Clinical features | Location Treatment Mucin | Patology Prognosis
Mizukami? 1982 60/M Rt. . CBD Resection of tumor ND Benign ND
hypochondralgia
Kanou® 1985 | 70/M fever CBD Resection of tumor (=) Benign | 60 months (alive)
Tsuchiya® 1987 | 7I/F Fever, CBD Resection of CBD (=) | Benign |12 months (alive)
abdominal pain
Okayama” 1988 64/F General fatigue | Bil. IHBD Drainage only (=) | Malignant | 14 months (died)
3) . . CBD + . _ . .
Kagawa' 1988 73/M Fever, jaundice Bil IHBD Drainage only (=) Benign | 18 months (died)
.9 Jaundice, CBD + Lt. hepatectomy + .
Yamagiwa 1990 /F abdominal pain | Lt. IHBD resection of CBD (+) | Malignant ND
-10) CBD + _ :
Taguchi 1991 63/M No sympton Lt. THBD S4 segmentectomy (=) Benign ND
Katsumoto!V 1991 64/F Fever, jaundice | Lt. IHBD Lt. hepatectomy (+) Benign | 14 months (alive)
-12) . . CBD + . _ . .
Uesugi 1992 70/F Epigastralgia Bil THBD Resection of tumor (=) | Malignant | 9 months (alive)
On the _28th
Mitsuil® 1992 | 70/F Epigastralgia | Lt. IHBD Lt. hepatectomy (+) Benign gioeséogfeg:ggfaggi
varix rapture
Kail? 1997 | 65/F No sympton | Lt. THBD Lateral ND | Benign ND
segmentectomy
Kawabata!® 1998 | 68/M Jaundice CBD PpPD (+) | Malignant | 27 months (alive)
Ohtsubo!® 1999 | 78/F RL. .| Lt. IHBD No treatment (+) Benign | 16 months (alive)
hypochondralgia
Ibusuki!” 1999 71/F Abdominal pain CBD Resection of CBD ND | Malignant ND
Inagaki'® 1999 | 72/M Jaundice CBD Resection of CBD (=) Benign ND
Kigami¥ 2000 | 88/F Fever Lt. IHBD Endoscopic (+) | Benign ND

sphincterotomy

- 1.90) CBD + | Resectionb of tumor + _ .
Tanida’ 2002 74/F Fever Bil. IHBD | hepaticojejunostomy (=) Benign ND
Iwasaki?! 2002 50/F Epigastralgia CBD PpPD (-) Benign | 48 months (alive)
Kageyama?? 2003 | 70/F No sympton Rt. IHBD Rt. hepatectomy (+) Benign ND

-93) . CBD + Lt. hepatectomy + _ .
Mori 2004 52/M General fatigue Lt. THBD resection of CBD (=) Benign ND
Hachisuka?? 2004 | 71/F No sympton B%B%QD Lrtéfeiﬁ)ts%?r&%g (=) | Malignant | 24 months (alive)
Nakagawara® | 2006 | 80/F Fever, jaundice CBD PpPD (=) | Malignant | 9 months (alive)
Fujimoto 2006 | 79/M Fever Lt. IHBD Lt. hepatectomy ND Benign ND

.. B — hol — . .

Fujioka?” 2007 65/F No sympton GCBD resgcgo?z?tggngpPD (+) | Malignant | 12 months (alive)
Our case 66/F Abdominal pain L_t; I(I:—II;BII)) Lt hepaig%tomy - (=) Benign | 39 months (alive)

CBD : common bile duct, IHBD : intrahepatic bile duct, GB : gall bladder, ND : not described
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A Case of Biliary Papillomatosis with Asynchronous Recurrence after Curative Operation

Saburo Fukuda, Kei Koide”, Syouichiro Mukai,
Kouichi Oishi?, Seiji Fujisaki, Michinori Arita,
Hideto Sakimoto, Takaaki Eto and Makoto Takahash
Department of Surgery, Chugokurousai Hospital
Department of Surgery, Chuden Hospital”
Department of Surgery, Tsuchiya General Hospital”

A 68-year-old woman seen for liver dysfunction and intrahepatic dilation of the left lobe found in ERCP to
have a filling defect of the left hepatic duct, necessitating hilar cholangiocarcinoma surgery. Intraoperative
cholangioscopy showed that the papillary tumor originated from the left hepatic duct, but had not spread to
either the common or the right hepatic duct, resulfing in left hepatectomy with caudate lobectomy. Histopa-
thologically, the resected specimen showed papillary proliferation of the bile duct epithelium consisting of co-
lumnar epithelial cells arranged in a single layer. No invasive lesion was recognized under submucosa. The tu-
mor was diagnosed as biliary papillomatosis. In regular 6-month computed tomography (CT), a weakly
stained mass was found in the lower CBD, confirmed by MRCP and ERC. Lower CBD cancer was suspected,
necessitating pancreatoduodenectomy. Histological examination showed recurnent biliary papillomatosis. Bili-
ary papillomatosis is a rare tumor categorized as benign, but should be followed up for asynchronous recur-
rence.
Key words : biliary papillomatosis, asynchronous recurrence, treatment
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