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ABSTRACT

Background: Recurrent acute cholangitis (RAC) is a relatively uncommon entity that presents significant man-
agement difficulties. We present the case of a patient with RAC in whom the number of episodes was reduced
after a novel therapeutic procedure.

Case report: A 93-year-old male who in June 2019 was admitted for chills without fever, shivering, epigastric
abdominal pain and moderate jaundice. Both abdominal ultrasound and CT scan showed intrahepatic and
extrahepatic duct dilatation up to the papilla with no evidence of mass at that level. Endoscopic retrograde
cholangiopancreatography (ERCP) was performed and abundant biliary sludge was removed. E. coli was iden-
tified as the cause of several of the episodes. Some isolates were shown to produce extended spectrum beta-
lactamase (ESBL). Papillotomy was performed and plastic prosthesis and later a metallic prosthesis were
implanted. Several months later a surgical bypass of the biliary tract was performed due to persistent episodes of
cholangitis. When the chronic suppressive antibiotic treatment subsequently instituted to prevent new episodes
of cholangitis failed, it was decided to perform a fecal microbiota transplant from a healthy donor and to suspend
the chronic suppressive treatment. Since then, she has not presented new episodes of RAC for more than 10
months of clinical follow-up. BLEE-producing E. coli in the gastrointestinal tract could not be eradicated.
Comment: Chronic colonization of the biliary tract by certain enterobacteria such as E. coli has been identified as
a relevant pathogenic factor in cases of RAC. FMT may be a promising tool to improve the clinical course of
patients with RAC.

Recurrent acute cholangitis (RAC) is a relatively uncommon entity
that presents significant management difficulties [1]. In addition to
stone extraction or stricture resolution by biliary-enteric anastomosis,
chronic administration of antibiotics, at reduced doses, is the main
strategy to reduce these episodes [1,2]. We present the case of a patient
with RAC who reduced the number of episodes after a novel therapeutic
procedure:

93-year-old male with a history of type II diabetes on treatment with

metformin 850 mg/24 h, arterial hypertension and superficial bladder
urothelial carcinoma in remission. In June 2019 he was admitted due to
shivering without fever, tremor, epigastric abdominal pain, and mod-
erate jaundice (serum bilirubin 4 mg/dl) with significant elevation of
AST (383 U/1), ALT (195 U/1) GGT (448 U/1). Blood cultures were
negative. Both an abdominal ultrasound and a CT scan showed dilata-
tion of the intrahepatic and extrahepatic duct up to the papilla without
evidence of a mass at that level. There was also discrete dilatation of the
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Fig. 1. (a). Magnetic resonance cholangiopancreatography showing dilatation of the intrahepatic and extrahepatic bile duct (arrow). (b). Abdominal computed
tomography showing metallic prosthesis inside the dilated common bile duct (arrowhead).

gallbladder without signs of cholecystitis. Magnetic resonance chol-
angiopancreatography did not show the cause of the distal common bile
duct stenosis (Fig. 1a). He was successfully treated with amoxicillin/
clavulanic acid first intravenously (1 g/8 h) and then orally 875 mg until
14 days of treatment in total. By means of endoscopic retrograde chol-
angiopancreatography (ERCP) y, abundant biliary sludge was extracted.
Cytological samples were obtained by puncture of the stenotic region,
which showed no malignancy. Papillotomy was performed and a plastic
prosthesis was placed, which was replaced in December 2019 and again
in March 2020. In June 2020, he was admitted again for fever and
jaundice, with bacteremia by extended spectrum beta-lactamase (ESBL)-
producing Escherichia coli. He received treatment with ertapenem 1 g/
24 h for 10 days. The biliary tract was mechanically cleaned by ERCP
and the plastic prosthesis was replaced by a metal one (Fig. 1b). In
September and December 2020, he presented new episodes of fever due
to incipient cholangitis, which were treated empirically with the com-
bination of ciprofloxacin (500 mg/8 h po) and amoxicillin/clavulanic
acid 875 mg/8 h po). In January 2021, he was admitted by cholangitis
and although blood cultures were negative, ESBL-producing E. coli was
isolated from bile in co-culture with Bacteroides fragilis).

In February 2021, with the intention of preventing new infections,
cholecystectomy and resection of the common bile duct with recon-
struction of the transit through Roux-en-Y was performed. In June 2021
chronic suppressive treatment with cefixime 400 g po was started after a
new episode of fever. Despite this strategy, the patient presented 2 ep-
isodes of fever in September and November 2022, that subsided with
oral amoxicillin clavulanate empirically. In March 2023 the patient
presented a new episode of cholangitis, obtaining again ESBL-producing
E. coli in blood cultures. After hospital discharge, it was decided to
perform fecal microbiota transplantation (FMT) from a healthy donor
(after signing an informed consent document) and suspend chronic
suppressive treatment. FMT was applied as compassionate use based on
positive previously published results [5]. From a 50 g fresh faecal
sample, the same protocol used for the treatment of C. difficile was
performed, and after freeze-drying, 5 gastroresistant capsules were ob-
tained and administered to the patient in a single dose. Since then, she
has not presented new episodes of RAC for more than 11 months. Un-
fortunately, ESBL-producing E. coli was still identified in the stool. This
was demonstrated by seeding a sample on ESBL agar (Biomérieux), a
chromogenic, selective and differential agar for Gram-negative bacilli
resistant to third-generation cephalosporins. Subsequently, a sensitivity
study was performed on the colonies grown, using the Microscan
Beckman coulter Combo 96 Panel, detecting ESBL-producing E. coli in
the final reading.

Chronic colonization of the biliary tract by certain enterobacteria
such as E. coli has been identified as a relevant pathogenic factor in cases

of RAC [1]. FMT has been used to treat some infections, in addition to
C. difficile infection, such as recurrent urinary tract infections with a
clearly positive result [3]. The reduction of urinary tract infections with
FMT in these patients has been related to the replacement of the uro-
pathogens by less virulent bacteria as colonizing agents of the urinary
tract.

FMT has been used in various gastrointestinal pathologies such as
hepatic encephalopathy, alcoholic steatohepatitis, alcoholic hepatitis,
irritable bowel syndrome and primary sclerosing cholangitis [4]. Of note
is a case of primary sclerosing cholangitis in which FMT was successful
in reducing the incidence of RAC [5]. The experience to date (2 pub-
lished cases) and the one presented here could stimulate the perfor-
mance of a clinical trial to evaluate the possible role of FMT in the
prevention of RAC. As observed in recurrent urinary tract infection, the
replacement in the gastrointestinal tract of certain pathogenic Enter-
obacterales by others that are less pathogenic and more physiologically
diverse microbiota could be the cause of these promising results.

Among the limitations of this case report, we must point out that the
clinical follow-up time after FMT has not been very long, so we cannot
rule out that the evolution of the patient would have been the same
without intervention. Likewise, we should note that the hypothesis of
decolonization of enteropathogens is somewhat contradicted by the
persistence of intestinal colonization by ESBL-producing E.coli.
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