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Abstract

Hemobilia is a rare cause of upper digestive bleeding, and it should be suspected when there are traumas of the liver area or surgical or
exploratory interventions of the liver-bile—pancreas area in the patient’s history. latrogenic bleeding occurs, most often, after transcutaneous
bile punctures, laparoscopic cholecystectomies, cateterisms of the biliary ways. After such interventions, hemobilia may appear earlier, but
also up to a few months later. We present a case of massive hemobilia occurring 22 months after a laparoscopic cholecystectomy.
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=& Introduction

Hemobilia is a complex pathological state, characterized
by blood loss through the biliary ways, due to an abnormal
communication between the liver vascular system and
the biliary tree [1]. The condition may be asymptomatic
(when bleeding is low) or it may manifest itself through
hematemesis and melena [2].

Hemobilia is a rare cause of upper digestive bleeding,
most frequently occurring because of traumatic lesions of
the abdomen or of iatrogenic causes [3]. The iatrogenic
causes are represented by hepatic biopsy, transhepatic
biliary drainage, hepatic cholecystectomies or resections
[4]. Hemobilia may have multiple causes: idiopathic
(aneurysms of the cystic artery, of liver or gastroduodenal
arteries that break down into the biliary ways) [5, 6],
portal high blood pressure [7], liver, cholecyst or biliary
ways tumors [8—11], liver cysts and abscesses, etc.
Approximately two-thirds of the hemobilia cases are
iatrogenic. The percutaneous liver biopsy, the transhepatic
cholangiography, the endoscopic interventions on the
cholecyst or biliary ways, etc., may cause lesions of the
biliary tree and of the liver vascularization that manifest
through hemobilia [12].

Aneurysm of the hepatic artery that is secondary to
the laparoscopic cholecystectomy, a “golden standard” in
cholecystectomy, is an extremely rare cause in hemobilia
and less than 100 cases are reported up to date in
specialized literature [13]. Hemobilia that is caused by
laparoscopic cholecystectomy is usually unpredictable
and has a lethal potential. Most often, it occurs in the first
four weeks after the surgery intervention [13].

We present the case of a patient with massive hemobilia
occurring 22 months after the laparoscopic cholecystectomy,
who presented non-specific abdominal symptoms and raised
serious problems of positive and differential diagnosis.

= Case presentation

A 56-year-old patient, with laparoscopic cholecystec-
tomy, who had no notable events approximately 22 months
before, was hospitalized in the clinic presenting pains
in the upper level of the abdomen, nausea, hematemesis,
melena and asthenia. The blood count indicates an abnormal
leukocytes count and hemoglobin of 11.3 g/dL. The
biochemical tests indicate hyperbilirubinemia (1.7 mg/dL),
increased transaminases count [alanine aminotransferase
(ALAT) 296 U/L (normal values — N: 30-65 U/L), aspartate
aminotransferase (ASAT) 663 U/L (N: 15-37 U/L)], as
well as a risen amylasemia (783 U/L, N: 25-115 U/L) and
serum lipase (5692 U/L, N: 73-393 U/L). An emergency
upper digestive endoscopy is performed, which shows
the presence of blood and blood clots in the stomach,
without the presence of parietal lesions, as well as blood
absence in duodena I and II. The case is interpreted as
acute pancreatitis and specific conservatory treatment is
established. The evolution is not favorable, the upper
digestive bleeding continues, triggering the decrease
of hemoglobin levels to 6.2 g/dL and the increase of the
sclerotic and tegument jaundice; the values of total
bilirubin reach 4.91 mg/dL (direct bilirubin 4.83 mg/dL).
Due to the progressive deterioration of the general status
and the lack of a precise diagnosis, an abdominal computed
tomography (CT) with contrast agent is performed four
days after hospitalization. CT shows a slight hepatomegaly
with dilation of intrahepatic biliary ducts mostly at the
level of the left liver, as well as the dilatation of the
extrahepatic biliary ducts; the common bile duct (ductus
choledochus) has a diameter of 2 cm at the retro-pancreatic
level, containing dense matter. The pancreas shows no
pathological changes in the CT. Six days after hospita-
lization, the general status of the patient deteriorates and
exploratory laparotomy is decided. Intraoperatory, we
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observed a marked hypertrophy of the right liver, with
compensatory hypertrophy of the left liver and a cholestatic
aspect. Longitudinal choledochotomy is performed, initially
evacuating blood clots and further on evacuating fresh
blood. After the biliary duct lavage, distal permeability
is observed, as well as proximally at the level of the left
hepatic channel. At the level of the right hepatic channel,
approximately 2-2.5 cm from the biliary convergent a
stenosis area is observed, which does not allow its proximal
examination. The bleeding source is discovered to be
located proximally and after abundant lavage of the biliary
duct, the bleeding stops. At the channel level, the biliary
fluid is exteriorized and biliary drainage is fitted on an
18/6 mm Kehr tube. Postoperatory, through the biliary
drainage tube, fresh blood is exteriorized in high quantity,
approximately 600 mL in 20 minutes, with the decrease
of blood pressure values. At this point, while overviewing
the intraoperatory findings — mainly of the marked hyper-
trophy of the right hemi-liver, the CT is reviewed again.

At the level of the right hepatic artery in arterial phase,
an aneurysm with a diameter of approximately 2 cm
(Figure 1) is found. In the context of massive hemobilia
and of the hemodynamic instability of the patient, emer-
gency surgery is performed again. The right hepatic artery
is isolated at the level of the aneurysm dilatation, close to
the right hepatic channel and an arterial-biliary fistula is
suspected. After clamping the right hepatic artery, bleeding
stops and bile is exteriorized on the Kehr tube, an important
reason for its ligature, with room for biliary drainage. The
postoperatory evolution of the patient was favorable, lacking
in events. The patient was released on the 11" day after
surgery. Twenty-one days after surgery the patient returns
for a control cholangiography, which shows the extra-
hepatic and intrahepatic biliary ducts of the left hepatic
lobe as being dilated and permeable (Figure 2). After
the cholangiography, the external biliary drainage tube
is suppressed. Two months after the surgery, the patient
shows no symptoms and has a favorable evolution.

Figure 1 — CT examination highlighting an aneurysm
in the right liver artery.

=& Discussion

Hemobilia represents a major surgical problem that
requires immediate management, because it may lead to
the patient’s death [1, 14]. The incidence of iatrogenic
hemobilia is ever growing, due to the increase of hepato-
biliary surgical interventions [15-17].

Secondary hemobilia due to hepatic or cystic artery
aneurysm after laparoscopic cholecystectomy is a rare
situation in specialized literature, less than 100 cases
having been described. Hemobilia occurs in 80% of the
cases during the first four weeks after the surgical
intervention, such cases being totally exceptional [18].
In our case, hemobilia occurs approximately 22 months
after laparoscopic intervention and is the latest manifes-
tation reported in specialized literature. In lack of other
conditions that might trigger the aneurysm of the right
hepatic artery, its development and consecutive hemobilia
were related to the laparoscopic cholecystectomy perfor-
med to this patient.

The exact mechanisms of hepatic or cystic artery
aneurysm after laparoscopic cholecystectomy are not
completely clarified up to this date. They can be related

Figure 2 — Postoperatory cholangiography on a Kehr
tube, highlighting the dilatation of the intra- and extra-
liver ducts.

to direct vascular lesions by applying clips, erosions due
to neighboring clips or thermal lesions [19], to which
biliary fistulas and consecutive infection [20], respectively
acute pancreatitis are added [13]. Due to the presence of
clips after laparoscopic cholecystectomy in the surrounding
area of the aneurysm of the right hepatic artery, associated
with the marked atrophy of the right hemi-liver and
narrowing of the biliary ducts destined for it at the
cholangiography examination, the development of the
aneurysm and the consecutive hemobilia have been
attributed to laparoscopic cholecystectomy.

The Quincke’s triad, expressed through pains of the
upper abdominal level, jaundice and melena, although
occurring in 20-30% of patients with hemobilia due to
a hepatic artery aneurysm after a laparoscopic cholecyst-
ectomy [19] was presented in this case. Since the aneurysm
was not visualized at the initial CT interpretation and
due to the relatively short time since the laparoscopic
surgery, these clinical expressions could not be related
to the presence of hemobilia. During the upper digestive
endoscopy, blood was identified only in the stomach, not
in the duodenum.

The elected treatment of the hepatic artery aneurysm is
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represented by transarterial embolism with a success rate
varying between 80 and 100%. It is possible however to
have a failure of the first embolism, requiring a second
embolism, which is performed through either classical
or laparoscopic surgery [18]. Surgery can be extremely
useful in the case of lack of arterial embolism techniques.
In this case, classical intervention was required due to the
diagnosis uncertainty. In case of repeated interventions,
the hemodynamic instability of the patient, secondary
to the massive blood exteriorization on the biliary tube
drainage, required repeated laparotomy and ligature of
the right hepatic artery, seen as an escape solution in the
context of a permeable portal ax.

In the last decade, various studies showed that laparo-
scopic cholecystectomy is associated with a high incidence
of biliary and vascular lesions. The prevalence of biliary
lesions was appreciated up to 0.2—-1% of laparoscopic
cholecystectomies, with a frequency 10 times higher in
comparison to open surgery, while vascular lesions occur
in about 0.25-0.5% [21, 22]. That is why we consider that
a careful monitoring is required over a longer period
of time for every patient that underwent laparoscopic
cholecystectomy.

& Conclusions

Aneurysm of right hepatic artery with consecutive
hemobilia, following laparoscopic cholecystectomy,
represents an extremely rare — but potentially lethal
condition. It may occur late, even one year and a half
after the intervention. Surgery with ligature of the artery
may be a solution under extreme emergency conditions
or in the case of lack of arterial embolism techniques,
the last technique mentioned being an elective treatment
for this condition.

Conflict of interests
The authors declare that they have no conflict of
interests.

References

[1 Gandhi V, Doctor N, Marar S, Nagral A, Nagral S. Major
hemobilia — experience from a specialist unit in a developing
country. Trop Gastroenterol, 2011, 32(3):214-218.

[2] Siddiqui NA, Chawla T, Nadeem M. Cystic artery pseudo-
aneurysm secondary to acute cholecystitis as cause of
haemobilia. BMJ Case Rep, 2011, 2011:bcr0720114480.

[3] Senadhi V, Arora D, Arora M, Dutta S. Hemobilia caused
by a ruptured hepatic cyst: a case report. J Med Case Rep,
2011, 5:26.

[4] YuYH, Sohn JH, Kim TY, Jeong JY, Han DS, Jeon YC, Kim MY.
Hepatic artery pseudoaneurysm caused by acute idiopathic
pancreatitis. World J Gastroenterol, 2012, 18(18):2291-2294.

Corresponding author

[6] Maralcan G, Bagkonus I, Sanal I. Hemobilia in a patient with
multiple intrahepatic, hepatic artery aneurysms. Acta Chir
Belg, 2003, 103(1):113-115.

[6] Anand U, Thakur SK, Kumar S, Jha A, Prakash V. Idiopathic
cystic artery aneurysm complicated with hemobilia. Ann
Gastroenterol, 2011, 24(2):134-136.

[7] Ledn-Brito H, Fraile-Gonzalez M, Aresté-Anduaga |, Uriz-
Otano JI, Ruiz-Clavijo-Garcia D, Subtil-ifiigo JC, Albéniz-
Arbizu E, Eguaras-Ros J, Jiménez-Lopez C. Acute cholangitis
and hemobilia in a patient with liver cirrhosis and portal vein
cavernomatous transformation. Rev Esp Enferm Dig, 2014,
106(5):348-349.

[8] Kim KH, Kim TN. Etiology, clinical features, and endoscopic
management of hemobilia: a retrospective analysis of 37
cases. Korean J Gastroenterol, 2012, 59(4):296-302.

[9] Takahashi G, Kuroda S, Tashiro H, Kobayashi T, Ishiyama K,
Ide K, Tahara H, Ohira M, Arihiro K, Ohdan H. A case of
biliary cystic tumor with repeated hemobilia. Surg Case Rep,
2015, 1(1):34.

[10] Philip S, Kamyab A, Jacobs M. Biliary cystadenocarcinoma:
an unusual cause for recurrent hemobilia. Int Surg, 2015,
100(4):702—-704.

[11] Paez Cumpa C, Erimeiku Barahona A, Payeras Cap6 MA,
Amengual Antich |, Garrido Duran C. Hemobilia due to intra-
cholecystic papillary neoplasm. Rev Esp Enferm Dig, 2017,
109(1):70-73.

[12] Baillie J. Hemobilia. Gastroenterol Hepatol (N Y), 2012, 8(4):
270-272.

[13] Sansonna F, Boati S, Sguinzi R, Migliorisi C, Pugliese F,
Pugliese R. Severe hemobilia from hepatic artery pseudo-
aneurysm. Case Rep Gastrointest Med, 2011, 2011:925142.

[14] Hurtarte-Sandoval AR, Flores-Robles BJ, Penate-Dardén JD,
Gonzalez-Galilea A. Haemobilia due to iatrogenic portobiliary
fistula after cholecystectomy. BMJ Case Rep, 2013, 2013:
bcr2013009768.

[15] Yoshida J, Donahue PE, Nyhus LM. Hemobilia: review of
recent experience with a worldwide problem. Am J Gastro-
enterol, 1987, 82(5):448-453.

[16] Murugesan SD, Sathyanesan J, Lakshmanan A, Ramaswami S,
Perumal S, Perumal SU, Ramasamy R, Palaniappan R.
Massive hemobilia: a diagnostic and therapeutic challenge.
World J Surg, 2014, 38(7):1755-1762.

[17] Feng W, Yue D, ZaiMing L, ZhaoYu L, XiangXuan Z, Wei L,
QiYong G. latrogenic hemobilia: imaging features and mana-
gement with transcatheter arterial embolization in 30 patients.
Diagn Interv Radiol, 2016, 22(4):371-377.

[18] Roche-Negle G, MacEneaney P, Harte P. Pseudo-aneurysm
of the hepatic artery after laparoscopic cholecystectomy:
a case report. J Minim Access Surg, 2006, 2(2):73-75.

[19] Kamani L, Mosharraf SM, Tanveer-ul-Haqg, Shah HA. Hemobilia:
a rare cause of gastrointestinal bleeding. J Coll Physicians
Surg Pak, 2011, 21(12):766-768.

[20] Petrou A, Brennan N, Soonawalla Z, Silva MA. Hemobilia due
to cystic artery stump pseudoaneurysm following laparoscopic
cholecystectomy: case presentation and literature review.
Int Surg, 2012, 97(2):140-144.

[21] Connor S, Garden OJ. Bile duct injury in the era of laparo-
scopic cholecystectomy. Br J Surg, 2006, 93(2):158-168.

[22] Bin Traiki TA, Madkhali AA, Hassanain MM. Hemobilia post
laparoscopic cholecystectomy. J Surg Case Rep, 2015,
2015(2):rju159.

Radu Gheorghe Dan, Assistant Professor, MD, PhD, Department of Surgery 1, “Victor Babes” University of
Medicine and Pharmacy, 2 Eftimie Murgu Square, 300041 Timisoara, Romania; Phone +40744-561 930, e-mail:

radudan12@yahoo.com

Received: April 3, 2016

Accepted: March 28, 2017




