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Fig. 1 X-ray examination of the duodenum showed
remarkable stenosis of the duodenal bulb (arrows).

Fig. 2 CT scan showed the mass, 25 mm in size,
was located at the pancreatic head with remark-
able invasion to the duodenal bulb.
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Positron emission tomography (LAF, PET) :
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Fig. 3 PET study revealed FDG accumulation was
detected at the extrapancreatic lesion (arrows),
corresponding to the mass of the CT scan.
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Fig. 4 Upper figure showed the schema of the op-
erative procedures, and under figure showed that
of the reconstruction (T, tumor; dashed line, resec-
tion line).
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Fig. 5 The operative specimen showed the tumor
was located at the back of pancreatic head. Duode-
num and papilla of Vater were highly involved by
the tumor (a, black arrow head). Postoperative
pancreatography showed the pancreatic duct was
involved by the tumor at the papilla of Vater (b,
white arrow head). Pancreaticobiliary maljunc-

tion was not detected.
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Fig. 6 Histological examination of the specimen :
the tumor cells were proliferated mainly at the
lower bile duct (closed circle) with remarkable in-
vasion to the duodenal submucosa, including the
papilla of Vater (double circle). The junction be-
tween the bile duct and the main pancreatic duct

(closed star) was located at the muscularis of the
duodenum (closed triangle) (a, H.E. stain, X 125).
The tumor was consisted of moderately differenti-
ated tubular adenocarcinoma cells (b, H.E. stain,
x40 ; ¢, HE. stain, x200).
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Table 1 Reported cases in which carcinoma at the remnant intrapancreatic bile duct developed after resection of

the choledochal cyst

Time after Biliary

. Author N . Totani's Operation Initial Prognosis/
Case (Year) Age/Sex Recoz;t}ﬁ)ctnon Classification for Cancer Operation Months
1 Uchimura® 28+ F 4 I-c PD Ex, Cj Dead/18M
(1982)
2 Egami? 23-F 6 1 Bypass Partial Ex Dead/9M
(1985)
3 Yoshikawal® 27+ F 13 IV-A PD Ex, Hj Dead/14M
(1986)
4 Shimodal) 23+ F 12 IV-A PD Partial Ex, Dead/12M
(1992) Hj
5 Fujisakil?) 39-F 17 I-b TP Ex, Hj Dead/9M
(1999)
6 Eriguchi!® 42 - F 17 — PpPD Ex, Hj Alive/60M
(2001)
7 Sugito!4) 39F 17 IV-A TP Ex, Hj Dead/10M
(2005)
8 Iwaisako!®) 62 F 8 I-c TP Ex, Hj Dead/6M
(2007)
9 Sendol®) 68 - M 8 I-a PD Ex, Hj Dead/16M
(2007)
10 Takadail?” 55 M 23 IV-A PD Ex, HD, Hj Dead/6M
(2008)
11 Our case 41 - F 13 I-b PD Ex, Hj Alive/5M

PD, pancreaticoduodenectmy ; TP, total pancreatectomy ; PpPD, pyrolus-preserving pancreaticojejunostomy

Ex, excision of cyst ; Cj, choledochojejunostomy ; Hj, hepaticojejunostomy ; HD, hepaticoduodenostomy
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A Case of Carcinoma Arising in the Remnant Intrapancreatic Bile Duct 13 Years after Primary
Excision of a Choledochal Cyst without Pancreatobiliary Maljunction

Keinosuke Ishido, Yoshikazu Toyoki, Syoujiroukazunori Ikenaga,
Shinji Tsutsumi, Shunji Narumi and Kenichi Hakamada
Department of Gastrointestinal Surgery, Hirosaki University Graduate School of Medicine

We report herein a case of carcinoma in the intrapancreatic bile duct developing 13 years after initial choledo-
chal cyst surgery without pancreatobiliary maljunction. A 41-year-old woman admitted for epigastralgia and
weight loss. Thirteen years earlier, she had undergone choledochal cyst surgery (Alonso-Lej type Ia without
pancreatobiliary maljunction), which involved choledochal cyst excision with Roux-en-Y hepaticojejunostomy.
Upper gastrointestinal fiberscopy showed a severe pyloric stenosis and computed tomography showed a
mass 25mm in diameter at the head of the pancreas with severe duodenal bulb invasion. PET showed FDG ac-
cumulation at the pancreatic head, corresponding to the mass found in CT. Under a diagnosis of intrapancre-
atic remnant bile duct cancer, we conducted substomach-preserving pancreaticoduodenectomy. Histopa-
thologic examination showed that tubular adenocarcinoma had developed in the intrapancreatic remnant bile
duct with severe invasion to the duodenum and pancreas. Adjuvant chemotherapy with TS-1 (100mg/
body) was started 4 weeks postoperatively, and no evidence of recurrence or distant metastasis has been de-
tected 6 months after the operation.
Key words : choledochal cyst, remnant bile duct, pancreatobiliary maljunction
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