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Fig. 1 Drip-infusion cholangiography (DIC)-CT scan
showing a filling defect in the middle of the extra-
hepatic bile duct (arrows) without depicting nei-
ther cystic duct nor gallbladder.
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Fig. 2 A, B:Multi-detector-CT scan showing an en-
hanced mass lesion, 1.3 X 1.2cm in size, in the cystic
duct (arrows) (A : axial view, B : coronary view).
C : Another scan showing a low-density mass at
late phase, 1.8X1.7cm in size, in S3 of the liver

(arrows).
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Fig. 3 Macroscopic and microscopic findings of the tumors. A : A white irregular-shaped

mass, measuring 1.5X 1.2cm, was found in the cystic duct (encircled by solid line). B : A
clearly demarcated mass, 2% 2cm in diameter, was found in S3 of the liver (arrows). C :
The tumor was composed of abundant small malignant cells with round nuclei and scanty

cytoplasm. D @ Adenocarcinoma component localized in the mucosa was also found, which
is adjacent to the predominant small cells without any connective tissue bands. E, F : The
predominant small cells were positive for chromogranin A (E) and synaptophysin (F).

(C) x40, (D) x100, (E, F) x200.
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Table 1 Reported Japanese cases of (adeno) endocrine cell carcinoma originated from cystic duct

CT  Location of  Outcome

No. Author Year Age Sex Location Type Surgery Pathology used  Recurrence  (months)

1 Sonodall4] 2003 46 M CBm Inf  Right hepatectomy + ecc no none Alive, 12
bile duct resection

2 Morohashil” 2006 68 F CBm Inf Cholecystectomy + aec yes liver Alive, 11
bile duct resection

3 (Current Case) 76 M C Inf Cholecystectomy + aec yes liver, bone, Death, 16

bile duct resection

adrenal gland

Abbrebiations : C ; cystic duct, Bm ; middle bile duct, Inf; nodular type with an infiltrating growth pattern, ecc ; endocrine

(or small) cell carcinoma, aec ; adenoendocrine cell carcinoma, CT ; chemotherapy.
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A Case of Adenoendocrine Cell Carcinoma of the Cystic Duct with Concomitant Liver Metastasis

Takahisa Fujikawa, Akira Tanaka, Toshihiro Abe,
Yasunori Yoshimoto, Hirokazu Tanaka, Shinsuke Kanekiyo,
Seiichiro Tada, Yoshiharu Matsumoto and Tadaaki Yokota*
Department of Surgery and Department of Pathology*, Kokura Memorial Hospital

We report a case of adenoendocrine cell carcinoma of the cystic duct. A 76-year-old man was found in com-
puted tomography (CT) to have a 1.3 X 1.2cm polypoid mass at the middle extrahepatic bile duct and a solitary
2 X 2cm hepatic mass. Based on a preoperative diagnosis of bile duct and hepatic tumors, we conducted lapa-
rotomy with excision of the extrahepatic bile duct, regional lymphadenectomy, and partial hepatectomy.
Histopathologically, the tumor, originating in the cystic duct, consisted of solid nests of atypical argyrophilic
cells, with differentiated tubular adenocarcinoma partially replacing the mucosa. Immunohistochemical analy-
sis showed positive staining for chromogranin A, synaptophysin, and CD56. The hepatic tumor also consisted
of cells with the same characteristics as those in the cystic duct tumor. The definitive diagnosis was adenoen-
docrine cell carcinoma of the cystic duct with liver metastasis. The man suffered recurrent multiple liver me-
tastases resistant to chemotherapy including gemcitabine and irinotecan, dying 16 months postoperatively.
Adenoendocrine cell carcinoma is considered a high-grade malignancy with a dismal prognosis. Effective mul-
tidisciplinary treatment including surgery and chemotherapy must therefore be developed against this dis-
ease.
Key words : adenoendocrine cell carcinoma, cystic duct, liver metastasis
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