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Abstract

panied by nausea, vomiting, sub-febrile fever, and weakness.

ulcer...

duodenal contents in the bile duct.

Choledocho-duodenal fistulas are rare disorders that can be of various aetiologies. Some of the most common causes of these
fistulas are neoplastic processes in the extra-hepatic bile ducts, biliary stones or chronic duodenal ulcers. We will present the case
of a patient with a choledocho-duodenal fistula who was treated in our clinic due to a severe episode of acute hepatitis.

We will present a case report as follow; a 52-year-old man was urgently brought to the abdominal surgery ward of the Tetovo
Clinical Hospital due to severe pain in the right epigastric and subcostal region which also appears in the back region. It is accom-

The patient reports that he has long been treated with proton pump inhibitors such as pantoprazole due to a chronic duodenal

Conclusion; Choledocho-duodenal fistulas are very rare disorders and therefore pose a real challenge to surgeons and endosco-
pists in terms of their timely diagnosis. However, there are authors who prefer a conservative treatment, while some others suggest
surgical intervention respectively fistulectomy, in order to prevent complications that may occur as a result of the regurgitation of
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Introduction

Biliary-enteric fistula was first described by Bartholin
in 1654, but so far biliary-enteric fistulas are still rarely
reported, which are thought to be one or multiple pathological
perforations between biliary tree and gastrointestinal tract
[1, 2]. Choledochoduodenal fistula (CDF), the special
type of biliaryenteric fistulas, is nearly 90% caused by
cholecystolithiasis [3]. Increasing cases have been reported
in the last 30 years since the progress in hepatobiliary
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techniques, such as endoscopic retrograde cholangiography
(ERCP), magnetic resonance cholangiopancreatography
(MRCP), which have been applied to extensively reevaluate
hepatobiliary diseases in the clinic, especially in Mainland
China. However, the preoperative diagnosis of CDF is
still difficult because of the nonspecific and/or minimal
clinical symptoms [4]. Hence, CDFs are resulting in tough
challenges for surgeons, especially for young surgeons.

CDF classification is important for diagnosis and
treatment in the clinic, and the position of the fistula may
suggest what the probable cause of CDF is.

CDFs are classified by Ikeda and Okada [5] and Gong
et al. [6, 7] separately.

According to the location of the fistula, Ikeda divided
CDFs into two types; Type I is located in the longitudinal
fold of the papilla; type II is in the posterior wall of the
duodenal bulb (Fig. 1A).

While Gong et al [6, 7] divided them into three types;
the first type is type A, which is a CDF hole located more
than 2 cm away from the papilla. The second play is type B,
characterized by a CDF hole located less than 2 cm away from
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1- duodenum, 2 - CBD; 3 - pancreatic duct; 4 - major duodenal papilla; 5 - choledochoduodenal fistula - CDF.
Figure 1. The classification of choledochoduodenal fistula (CDF).

the papilla; and the third type is type C, also called PCDF, is a
CDF hole located in the papillary fold (Fig. 1B).[8]

Fistulas between the biliary tract and the gastro-
intestinal tract are very rare, especially those between the
choledochus and the duodenum.

Although most of these fistulas are caused by the
presence of stones in the biliary tract or choledocholithiasis
(over 90% of them), sometimes the cause of their appearance
can be chronic duodenal ulcers. [8, 9, 10]

Most of these disorders are associated with disturbances
in the upper abdomen in the form of biliary colic, or in the
form of chronic ulcerative pain.

The aim of our study is to show the case of a patient
with acute hepatitis and severe abdominal pain as a result
of a large choledocho-duodenal fistula from a chronic
ulcerative process in the duodenum.

Case Report

A 52-year-old man was urgently brought to the abdominal
surgery ward of the Tetovo Clinical Hospital due to severe
pain in the right epigastric and subcostal region which also
appears in the back region. It is accompanied by nausea,
vomiting, sub-febrile fever and weakness.

The patient reports that he has long been treated with
proton pump inhibitors such as pantoprazole due to a chronic
duodenal ulcer. Immediately after hospitalization the patient
underwent a native radiograph of the abdomen where no
signs of pneumoperitoneum or any other changes were
noticed. Also, an emergency abdominal ultrasonography
did not show the presence of stones in the gallbladder or
bile duct.
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However, a thickening of the choledochal wall as
well as a slight enlargement of the choledochus (8 - 9 mm)
was visualized. At the same time this examination showed
a steatotic liver with some small cystic formations on the
right lobe.

The duodenum and stomach appeared slightly swollen.
Laboratory examinations showed anemia expressed with
hemoglobin valued at 11.2 g/dl and hematocrit of 32%.
Moderate leukocytosis was also observed (WBC 14.1
mm3).

Biochemical analyzes detected an increase of hepatic
enzymes AST (163 U/L) and ALT (194 U/L). The analysis
also found alkaline phosphatase (872 U/L), simultaneously
the level of bilirubin in the blood was increased to
(32 umol/L). CRP levels were elevated (76) and D-dimers
(3100), while lipase levels were within normal range. Tumor
markers Ca 16-9 was also slightly increased to (53 U/ml).

A hypo-albuminemia at a level of 2.2 g / dl was also
present in the patient.

After stabilization of the general condition through
antibiotics (ceftriaxone and phlagyl) accompanied by
analgesics of the non-steroidal anti-inflammatory drugs
(NSAID) group the patient underwent an abdominal CT
with contrast.

On the CT aerobilia was observed along the ductus
choledochus as well as a thickening of the duodenal wall
in segments D1 and D2. In addition, in the right lobe of the
liver three small cysts with diameters between 3 and 7 mm
were visualized.

Due to the presence of air in the bile duct an Endoscopic
retrograde cholangiopancreatography (ERCP) was also
performed according to standard procedures. The ERCP
showed the presence of an ulcerative process in segment D1
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of the duodenum as well as an inflammatory process around
it. After injecting a contrast liquid into the common biliary
tract, the presence of a fistula between the choledochal and
the duodenum above the level of the duodenal papilla was
detected.

Since the ERCP did not indicate the presence of any
pathological processes in the biliary tract, either neoplastic
or choledocho-lithiasis, no intervention was undertaken
other than a papillotomy by the endoscopist. (Fig. 2)

A

Figure 2 Papillotomy

A few days after treatment in our ward the stabilization
of the general condition of the patient began. This was
manifested by a return to normal levels of hepatic enzymes
and bilirubin with an increase in the level of albumin serum.
For this reason, ten days after the hospital stay, he continued
outpatient treatment with the suggestion to continue regular
check-ups for a certain period of time in our department. Six
months after treatment the patient’s condition is good and
there were no signs of recurrence of the disease.

Discussion

Choledocho-duodenal fistula (CDF) is a rare disorder which
can be the result of various pathological processes. Most
of them are a consequence of bile stones or neoplastic
processes in the biliary tract [11, 12]. Other disorders that
may promote the appearance of these fistulas may include
duodenal ulcers,[13] neoplastic processes in the bile ducts
and dilatation of the choledochus during a choledochotomy.
However, sometimes there may be no obvious cause of this
disorder.

Choledocho-duodenal fistulas can be complicated by
the development of acute hepatitis, severe pain in the upper
abdomen that may mimic biliary colic, or with the appearance
ofliver abscesses.[14] However, sometimes these disorders
may not be associated with obvious disturbances, and may
be misdiagnosed during an examination for another patient
disturbance.
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Most of these fistulas are located in the periampular
region while those due to a duodenal ulcer are usually
located above the papilla of the Water. It is thought that
the presence of these fistulas marks a greater risk both for
the appearance of stones in the biliary tract, and for the
development of neoplastic processes in said tract.[8]

Some studies show that both of these complications
can occur due to infection of the biliary tree by the duodenal
contents which easily regurgitates into the common bile
duct. The passage of duodenal fluid into the choledochus
can activate pancreatic enzymes which then become the
cause of chronic cholangitis, neoplastic changes and the
formation of bile stones.[9]

The best way to diagnose choledocho-duodenal fistulas is
by an abdominal CT with contrast and ERCP.[15] Sometimes,
a contrast gastro-duodenography enables the visualization
of these fistulas due to a contrasting regurgitation from the
duodenum to the choledochus. [16, 17]

Treatment of these fistulas remains controversial. Ifthey
are not complicated by frequent episodes of cholangitis, and
show no signs of bile stone formation or the development
of neoplastic processes, then conservative treatment and
follow-up of the patient through ultrasonography and
abdominal CT is recommended.[16]

This can sometimes be accompanied by an endoscopic
sphincterotomy of duodenal papilla [18].

In cases with frequent episodes of cholangitis,
formation of bile stones or the appearance of premalignant
or malignant changes in the biliary epithelium a fistulectomy
should be undertaken. However, there are authors who
suggest surgical treatment of fistulas as soon as they
are diagnosed in order to avoid the risk of complications
mentioned above. [18]

Conclusion

Choledocho-duodenal fistulas are very rare disorders, and
therefore pose a real challenge to surgeons and endoscopists
in terms of their timely diagnosis. However, there are authors
who prefer a conservative treatment, while some others
suggest surgical intervention respectively fistulectomy, in
order to prevent complications that may occur as a result of
the regurgitation of duodenal contents in the bile duct.
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