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A rare coexistence of cholecystobiliary and
cholecystoenteric fistula with pyogenic
abscesses. Report of a case

Fistula colecistobiliar y colecistoentérica con abscesos hepaticos
piogenos, una rara coexistencia. Informe de un caso
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ABSTRACT

In October 2019, we attended the rare association of
pyogenic liver abscess with Mirizzi syndrome type
V in a 49-year-old female patient with abdominal
pain and icteric syndrome. The clinical laboratory
detected her endoscopic and radiological studies, biliary
obstruction secondary to 2 cm common hepatic litho,
pneumobilia, fever, leukocytosis, and severe systemic
inflammatory response, which required surgery. During
the intervention, there were findings of a scleroatrophic
gallbladder and double fistulas to the common hepatic and
duodenum. The case was solved with cholecystectomy,
cholecystoduodenal fistula closure, and biliodigestive
hepatic-jejunal bypass with Hepp technique. The
abscesses of the right lobe of the liver were documented
and drained by interventional radiology guided by
ultrasound and computed tomography. She required
intensive care, antibiotics, and total parenteral nutrition.
She remained for 50 days in two hospitals and was
discharged to the outpatient clinic for an ultrasound
follow-up of the abscesses and continued antibiotics
according to the cultures. No malignancy was reported
in the scleroatrophic gallbladder. Conclusion: Mirizzi
syndrome is classified into five types according to
Csendes and Beltran; type V is the least common and
is divided into Va and Vb depending on the presence
or not of some cholecystoenteric fistula with or without
biliary ileus, respectively. We propose adding a Vc
classification when, in addition to the above, there is
hepatic involvement due to abscesses or other associated
pathology in the liver since the obstruction and cholangitis
caused by this disease are responsible for this specific
picture.

RESUMEN

En octubre de 2019 atendimos la rara asociacion de
abscesos hepaticos pidgenos con sindrome de Mirizzi
tipo V en una paciente de 49 afios con dolor abdominal
y sindrome ictérico. Se le detectd, mediante estudios
clinicos de laboratorio, endoscopico y radiolégico,
una obstruccion biliar secundaria a lito de 2 cm en el
hepatico comun, neumobilia, fiebre, leucocitosis y una
severa respuesta inflamatoria sistémica, por lo que
requirio cirugia. Durante la intervencion se tuvieron
hallazgos de vesicula escleroatrofica, fistulas dobles
al hepatico comln y duodeno. El caso fue solucionado
con colecistectomia, cierre de fistula colecistoduode-
nal y derivacion biliodigestiva hepatico-yeyuno con
técnica de Hepp. Los abscesos del 16bulo derecho del
higado fueron documentados y drenados por radiologia
intervencionista guiada por ultrasonido y tomografia
computarizada. Se requirio de cuidados intensivos,
antibiodticos y nutricion parenteral total, permaneci6 50
dias en dos hospitales y egresé a consulta externa para
seguimiento mediante ultrasonido de los abscesos y con-
tinuacion de antibioticos de acuerdo a los cultivos. No se
reporto malignidad en la vesicula biliar escleroatrofica.
Conclusion: el sindrome de Mirizzi se clasifica en cinco
tipos de acuerdo con Csendes y Beltran, el tipo V es el
menos comun y se divide en Va 'y Vb dependiendo de la
presencia o no de algun tipo de fistula colecistoentérica
con o sin ileo biliar, respectivamente. Proponemos agre-
gar una clasificacion Ve, cuando ademas de lo anterior
exista afeccion hepatica por abscesos u otra patologia
asociada en el higado, ya que la obstruccion y colangitis
que provoca esta enfermedad es la responsable de este
cuadro especifico.
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INTRODUCTION

In 1948, Pablo Luis Mirizzi described a
syndrome that bears his name, Mirizzi’s
syndrome (MS), consisting of obstructive
jaundice due to mild extrinsic compression of
the common hepatic duct, which he named:
hepatic duct syndrome." This MS results from
acute and chronic inflammation caused by
an impacted stone in the Hartmann’s pouch
or the cystic duct, with partial or complete
obstruction of the main bile duct (PBC), which
presents a problematic preoperative diagnosis
and controversial therapeutic management. As
the inflammatory process progresses, necrosis
and even internal biliary fistula with the PBC
or digestive tract may occur; the prevalence
of this pathology varies from 0.05 to 5%;
however, in Latin countries, the prevalence
is estimated at 4.7 to 5.7%. There is a strong
association between gallbladder cancer and
this syndrome, with an estimated prevalence
of 5-28%. Likewise, it is found in an age range
of 60 = 12.4 years. The different classifications
have been based on the presence or absence
of fistulous erosion between the gallbladder
and the PBC and the extent of destruction
of the latter. Mc Sherry and coworkers in
1982 classified SM into two types; in turn,
reclassified in 1989 by Csendes into four types,
and finally into five types by Beltrain MA and
Csendes A.7°
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Mirizzi syndrome is currently classified as
follows (Figure 1):?

Type 1 (11%): extrinsic compression of
the common hepatic by impacted lithium in
the neck/infundibulum or cystic duct of the
gallbladder.

Type Il (41%): the fistula involves less than
one-third of the circumference of the common
hepatic.

Type Il (44%): involves 1/3 to 2/3 of the
circumference of the common bile duct.

Type IV (4%): the destruction of the
common bile duct wall.

Type V (0.9%): any cholecystoenteric
fistula.

Type Va: with biliary ileus.

Type Vb: without biliary ileus.

Fistula to the hepatic duct without fistula
to the gastrointestinal tract but with atrophy
of the left hepatic lobe has been reported.”

A high association of gallbladder cancer
(27%) is also known in Mirizzi syndrome.
Elevated CA 19-9 levels indicate a coincident
malignant gallbladder tumor in these cases.
Because of this high coincidence of Mirizzi
syndrome and gallbladder cancer, a trans-
operative gallbladder biopsy is recommended
in all patients.®

Ultrasonography, magnetic
resonance cholangiopancreatography

Extrinsic compression of Cholecystoenteric
Chronic cholecystitis main biliary tract Cholecystocholedocal fistula fistula
- VARSI BNASRAY
Mc Sherry and others 1982 Type | Type lI :
Csendes and others 1989 Type | Type Il Type llI Type IV
Csendes and other 2007 Type | Type Il Type llI Type IV Type V

Figure 1: Evolution of the current classification of Mirizzi syndrome.
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(MRCP), and endoscopic retrograde
cholangiopancreatography (ERCP) could
have a diagnostic suspicion rate in 77.8, and
82.3% of cases, and the combination with
choledochoscopy procedure could improve
the diagnostic sensitivity of MS. Intraoperative
choledochoscopy is effective in confirming SM
during operation. Open surgery is the current
standard for the management of patients with
SM. Laparoscopic surgery should be limited
to type | MS, and patients should be selected
very strictly.”

Hepatic abscesses are the most common
type of visceral abscesses; however, they
continue to be potentially fatal, with a mortality
of between 2 and 12%. It presents an incidence
of 2.3 cases per 100,000 and is more frequent
in women with a ratio of 3.3:1; on the other
hand, the incidence changes in Asia, increasing
to 11 to 18 cases per 100,000 inhabitants.
Risk factors include diabetes, hepatobiliary or
pancreatic pathology, liver transplant, history
of pulque intake, acute appendicitis, sepsis,
diverticulitis, and colorectal neoplasia. Among
the most associated pathogens, we find E. coli,
K. pneumoniae, anaerobes, S. milleri, S. aureus,
and Candida spp. and Pseudomonas aeruginosa,
being these agents infrequent causes and can be
found only in specific contexts. Pathogens may
vary depending on the geographical region.'!

The pyogenic liver abscess should be
considered as a sequel of repeated episodes
of cholangitis caused by biliary lithiasis (up to
40% of the cases), connections between the
intestine and the biliary tract, papillotomies,
and biliary stents. Its diagnosis and treatment
continue to be problematic issues. Ultrasound
(USQ) and tomography (CT) are currently
used to identify this pathology adequately. For
diagnosis, patients must meet at least one of
the following criteria image-guided drainage of
abscesses in one or more intrahepatic cavities, '
one or more abscesses found during the surgical
event,'? and one or more inflammatory lesions
or abscesses demonstrated by imaging, together
with symptoms and signs of infection, as well as
blood cultures or liver biopsies compatible with
inflammatory foci and resolution of the lesions
after administration of antibiotic therapy.'*

Within the clinical picture, the main
symptoms are fever and abdominal pain in
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90% of the cases. Abdominal pain is localized
in the right hypochondrium, accompanied by
rebound and tenderness, followed by nausea,
vomiting, anorexia, general malaise, and weight
loss in up to 50-75% of cases. Laboratorially,
patients present elevated bilirubin, liver
enzymes, and alkaline phosphatase in 67-90%;
we also find leukocytosis, hypoalbuminemia,
and anemia in a third of the cases.'”

Treatmentis based on percutaneous drainage
guided by ultrasound or CT, laparoscopically or
ERCP, accompanied by antimicrobial treatment,
the carbapenems being the carbapenems group
of choice. Percutaneous drainage guided by
interventional radiology has a success rate of
80 to 87% and is currently considered the
gold standard; however, in those abscesses
with thickened and septated walls that cannot
be adequately evacuated, the laparoscopic
approach is preferred.'?/16-18

PRESENTATION OF THE CASE

49-year-old woman sent from a second-level
hospital with a history of right tibia fracture
in 1999, left pelvic limb thrombosis (LPM)
requiring arterial bypass in 2013; smoking for
three years, currently suspended—repetitive
episodes of vesicular colic of 10 years of
evolution only with medical management.

She started her current condition on
October 2, 2019, with abdominal pain in
the epigastrium, general condition attack,
diaphoresis, unquantified fever, dizziness,
nausea, and vomiting on several occasions,
addingjaundice and choluria after seven days-a
weight loss of 15 kg in the last six years.

On physical examination on admission,
cardiopulmonary without compromise. Non-
painful soft depressible abdomen, left lower
extremity slightly hypotrophic. Laboratory on
admission 2-X-2019 with glucose 242 mg/dl,
urea 20 mg/dl, Cr 40 mg/dl, GGT 167 U/I, BD
0.53 mg/dl, BI 0.35 mg/dl, BT 0.88 mg/dl, FA
446 U/, AST 48 U/I, ALT 55 U/I, DHL 138 U/,
Na 138 mmol/l, K 3.5 mmol/l, Cl 104 mmol/,
leukocytes 14.8 x 103/ul, neutrophils 80.6%,
Hb 9.1 g/dl, Ht 26.3%, platelets 72,000 x 10°
/ul, EGO: blood 1,000 erythrocytes/field, Prot
10 mg/dl, white blood cells (WBC) 0-3/field,
scanty bacteria, TP 14.8 sec, PTT 39.4 sec, INR
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Figure 2: A) Tomographic section with abscesses in segments VI-VII and pneumobilia. B) Endoscopic image with Amsterdam prosthesis in an
ampulla. C) Plain abdominal X-ray with Amsterdam prosthesis in the common bile duct.

Figure 3:

A) Chest
teleradiography
with right pleural
effusion. B)
Control chest
teleradiography
with the probe in
a good position.

1.08, tumor markers: CEA 4.4 ng/ml, CA 19.9
< 0.8 U/ml, CA 125 26.8 U/ml, AFP 1.5 ng/ml
and Ca 19.9 0.8 U/ml.

USG of the liver and biliary tract was
performed on admission, reporting a
heterogeneous parenchymal liver gland with
hypoechoic image, poorly defined borders,
diameters of 6.37 x 5.23 cm located in
segment VI, heterogeneous, with poor
vascularity suggestive of hepatic abscess vs.
hepatocarcinoma, preserved portal vessels,
intrahepatic ducts with air inside suggestive
of pneumobilia, common bile duct and
portal vein of normal caliber. Laboratory one
day after admission with glucose 86 mg/dl,
urea 17 mg/dl, BUN 7.9 mg/dl, Ca 6.9 mg/
dl, GGT 349 U/I, BD 3.34 mg/dl, BI 1.29 mg/
dl, BT 4.63 mg/dl, FA 410 U/, AST 37 U/,
ALT 28 U/I, DHL 131 U/, Na 134 mmol/l, K
3.7 mmol/l, CL 108 mmol/l, leukocytes 13.3

X 103/ul, neutrophils 85.1%, HB 10.4 g/dI,
OHT 30.2%, PLT 220 x 103/ul, PT 15.6 sec,
PTT 34.7 sec, INR 1.16.

An abdominal CT scan was performed
on 10/02/19, which reported findings of a
hypodense image of 80 X 53 mm with 23 HU
in segments VI and VIl concerning liver abscess
on the right side, hepatomegaly at the expense
of the same lobe, presence of pneumobilia,
which is observed in communication with the
anterior wall of the gallbladder, little free fluid
in the pelvic cavity, bilateral pleural effusion
and passive atelectasis. Similarly, ERCP was
requested on 10-09-19, which reported a
common bile duct of 10 mm, a circular filling
defect of approximately 20 mm, which delays
emptying the contrast medium from the biliary
tract, reporting probable Mirizzi syndrome
type 1V, and bilioenteric fistula of a site to be
determined. Sphincterotomy is performed,
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Pyogenic
hepatic
abscess

Cholecystoenteric
fistula

type endoprosthesis

10-Fr Amsterdam- |

sweeping with a lithotripsy cannula and placing
a 10 X 10 cm Amsterdam-type stent (Figure 2).

She was sent to our service on 10-27-19,
receiving 85% oximetry and anasarca; a chest
teleradiography was performed on admission,
showing evidence of right pleural effusion of
approximately 40%, placing a water seal in
the sixth intercostal space with right axillary
midline and verifying its placement with a

control chest X-ray that ensures the placement

of the probe, proposing an exploratory
laparotomy on 10-29-19 (Figure 3).

A right subcostal incision was made with
findings of cholecystobiliary fistulas to the
common hepatic and cholecystoduodenal to
the first portion (Figure 4).

2 cm common
hepatic duct stone

- Scleroatrophic
gallbladder with
stones and sludge

stitches

End-to-side hepatojejunal
anastomosis with separated

Figure 5: Hepatojejunal hepatojejunal anastomosis Hepp type (drawing authored

by JBB).

Trans mesocolic
jejunal loop and
end-to-side jejuno-
jejunal anastomosis
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When dissecting the plastron, the
scleroatrophic gallbladder is opened over the
palpated litho; the Amsterdam prosthesis is
extracted from the interior of the main biliary
tract, together with a 2 cm litho embedded in
the common hepatic, resulting in a 2 cm defect
involving the common hepatic and partially the
left hepatic duct, A 3 mm fistulous orifice from
the vesicular remnant to the duodenal knee, it
was decided to close the cholecystoduodenal
fistula with a 2-0 polypropylene loop and
three separate polypropylene stitches on top
of the loop, curative biliodigestive bypass
from the jejunum to the common hepatic in
a single mouth with the left hepatic (Hepp's
technique) in “golf club” with separate
stitches and 10 ml of fibrin sealant around
the anastomosis, ending the jejunum-jejunal
Roux-en-Y at 40 cm from the biliodigestive
bypass in a transmesocolic way, fixing the
jejunal loop to the mesocolon with separate
3-0 polypropylene stitches (Figure 5).

Subsequently, the liver was punctured
for drainage of the unsuccessful liver abscess
leaving a 1/2 inch Penrose type drainage
to the site near the anastomoses, closing
the abdominal aponeurosis by planes with
polypropylene 1 with continuous suture and
five separate stitches reinforcing the suture,
skin with Sarnoff 2-0 separate stitches and
a new puncture was programmed utilizing
interventional radiology guided by USG in his
intensive care bed.

She was evaluated by the angiology service
on 30-10-2019 for her history of vascular
bypass of the left pelvis extremity (LPE) due to
the presence of an increased volume of both
limbs, being more significant on the left side,
reported with edema +++, femoral pulse
grade |, popliteal and distal not palpable and
delayed capillary filling. Doppler USG of both
pelvic limbs was performed with adequate
venous flow in the superficial and deep system,
without observing the obstructive process by
this means, an arterial tree without occlusion
and triphasic flows to distal vessels in both
extremities. Antithrombotic prophylaxis with
fraxiparine 1 mg/kg/day is continued.

In intensive care, a new abdominal USG
was performed (1-XI-19) and then mobilized to
the Radiology Department to perform a simple
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Figure 6: Ultrasonography showing a right lobe hepatic abscess. A CT scan depicting the two collections, free fluid
in a cavity, and soft tissue edema. Each was punctured and drained with a pigtail catheter and sent for culture, which

reported E. coli.

Figure 7: Hepatic abscesses resolved five months later.

and contrasted CT of the abdomen, performing
a first puncture that same day and due to
the lack of drainage and no decrease in the
collection, a second puncture was performed
on November 7, 2019, leaving two pigtails with
8 Fr catheters in two of the major collections
(Figure 6).

The oral route was restarted with a liquid
diet and porridges, gradually withdrawing total
parenteral nutrition and having ceded fever,
improved her body fluid redistribution, and
hepatic drains expenses decreased to less than
40 cm? in 24 hours; the patient was discharged
home on 20-11-2019 with cephalexin 500
mg ¢/6 hours, orally for 15 more days and
monitoring of the remaining small hepatic
collections with monthly USG for three months
in the outpatient clinic (Figure 7).

DISCUSSION

Drainage disorders of the biliary tree, grouped
under the denomination of Mirizzi syndrome
(MS), resulting from alterations of the cystic-
cholecystic junction due to inflammatory
processes secondary to gallstones. Anatomical
changes may facilitate bile duct injuries during
cholecystectomy or involve neighboring organs
such as the stomach, duodenum, and colon,
including the liver, as in the present case. MSisa
rare complication (-1%) of chronic cholecystitis
and cholelithiasis. Kehr’s first descriptions of this
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syndrome were made in 1905, and Ruge’s in
1908. It was characterized by stone impaction
in the cystic duct or the neck of the gallbladder,
resulting in mechanical compression or erosion
of the common bile duct.

MS continues to be a fascinating topic of
study because of its challenging and unexpected
presentation, which complicates a supposedly
simple surgery. The approach to patients with
suspected MS should be prudent and sound.
Every effort should be made to establish a
correct preoperative diagnosis. If found during
surgery, every effort should be made to perform
an accurate and cautious surgery, identifying
the type of Mirizzi and performing the most
appropriate treatment for each case.”

Clinical or laboratory findings specific
to MS include jaundice, abdominal pain,
and alterations during serum liver function
tests. These symptoms of MS are seen in
approximately 80% of cases.” The patient we
report here had a significant clinical picture,
even with the availability of modern imaging
techniques, although in most cases, they still
need to be identified preoperatively.

The presence of pyogenic hepatic abscesses
secondary to the cholangitis that the patient
developed due to the obstruction of the
biliary tree due to the migrated liths from a
scleroatrophic vesicle and duodenal fistula
is noteworthy. Punctual treatment required
combined medical, radiological, endoscopic,
and surgical procedures for the solution of
SM type V and hepatic abscesses, involving
a Hepp-type biliodigestive shunt and USG
and CT guided punctures for the drainage of
the abscesses in addition to antibiotic therapy
according to culture reports, to achieve the
therapeutic goal.

The different classifications of MS have
been based on the findings reported, either
by the presence or absence of fistulous
erosion between the gallbladder, the main
biliary tract, and the digestive tract. Thus Mc
Sherry and collaborators* in 1982 classified
MS into two types; which, in turn, due to the
more profound knowledge of this disease,
were reclassified in 1989 by Csendes’ into
four types, and later in 2008, Beltran and
Csendes added a type V that they subdivided
into Va and Vb.°
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Considering the above and derived from
the fact that this disease during its natural
history can, according to reports, also affect
the liver with atrophy of some lobe,” as well
as cause liver abscesses as in our case, we
propose the addition of a Vc classification
for Mirizzi syndromes associated with liver
involvement since no current classification
considers the potential risk that this disease
causes at intrahepatic level, which makes the
treatment and evolution of these patients even
more complex.
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