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Sump syndrome and biliary adenocarcinoma
40 years after surgical choledochoduodenal fistula

A 74-year-old icteric female presented
with abdominal cramps, chills, and night
sweats, and reported a 20-1b weight loss
since the symptoms started 3 months
previously. Past medical history included
cholecystectomy, which was performed
in 1965 due to gallbladder stones; the pa-
tient had been asymptomatic for the past
40 years.

An endoscopic retrograde cholangiopan-
creatography confirmed suspected chol-
edocholithiasis, and after removal of sev-
eral stones the bile duct was stented with
two plastic prostheses. Furthermore,
duodenoscopy identified a large choledo-
choduodenal fistula, enabling a view of
the stents in the main bile duct
(© Figure 1). The margins of the fistula
showed villous appearance of the muco-
sa, and biopsies confirmed tubulo-villous
adenoma in this area. Cholangioscopy
demonstrated a mass obstructing the
main bile duct (© Figure 2), and histolog-
ic examination confirmed simultaneous
biliary adenocarcinoma. Investigation of
ancient medical records revealed the sur-
gical creation of a choledochoduodenal
fistula after cholecystectomy in 1965, en-
suring biliary drainage for decades. The
fistula was the precondition for the devel-
opment of a “sump syndrome”, with de-
position of stones and debris in the bile
duct distal to the fistula and proximal to
the papilla.

Several risk factors contribute to the ris-
ing incidence of cholangiocarcinoma but
chronic cholangitis has been shown to be
the most relevant precondition [1]. Larger
anastomoses between the bile duct and
the duodenum, as frequently performed
many decades ago, may constantly lead
to large-volume reflux into the biliary
system, causing chronic irritation of the
endothelium. Over the course of decades,
chronic inflammation may lead to the for-
mation of adenomatous tissue and finally
progress to adenocarcinoma [2]; we dem-
onstrated both conditions in this patient.

Figure 1 Choledochoduodenal fistula en-
abling a view of the plastic prostheses in the
main bile duct. Biopsies from the villous mar-
gin of the fistula revealed tubulo-villous ade-
noma.
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Figure2 Cholangioscopy via the fistula dem-
onstrating a central mass obstructing the main
bile duct.

Therefore, longstanding subclinical chol-
angitis could be assumed to be a precan-
cerous lesion and may cause malignant
transformation [3], and biliary-enteric
fistula may be a predisposing condition
for the later development of cholangio-
carcinoma [4].
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