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Summary

Inflammatory myofibroblastic tumour (IMT), also
called inflammatory pseudotumour, is an uncommon
neoplastic benign lesion histopathologically characteri-
zed by fibroblast and myofibroblast proliferation, with
inflammatory cell infiltration. Systemic inflammatory
response can appear although specific pathogens are ra-
rely found. We present a case of a woman in whom
liver abscess was initially suspected. The absence of mi-
croorganisms in the tissue obtained by needle aspiration
biopsy and the lack of antibiotic therapy response indi-
cated hepatic resection that lead to diagnosis of IMT
of the liver, which has to be differentiated from abscess
and abscessed tumours. The aim of this case report is
to analyze the clinical presentation, course, diagnostic
methods, therapies, and existing evidence of the possible
pathogenic mechanisms leading to this neoplasm.
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Tumor miofibroblastico inflamatorio
del higado. Presentacion de un caso

Resumen

El tumor miofibrobldstico inflamatorio, también cono-
cido como tumor seudoinflamatorio, es una neoplasia

Correspondence: Josué Barahona-Garrido

Unit of Gastroenterology and Gastrointestinal Endoscopy
Hospital Las Américas. Grupo Hospitalario Guatemala

10 calle 2-45 zone 14, office 204. Guatemala City 01014,
Guatemala.

Phone: 23854915, 23854916 Fax: (502) 23854913
E-mail: gastromedic@gmail.com

benigna infrecuente caracterizada histoldgicamente por
infiltrado inflamatorio con proliferacion de fibroblas-
tos y miofibroblastos. Puede presentarse con signos de
respuesta inflamatoria sistémica, aunque raramente se
encuentran patdgenos especificos. Se presenta el caso de
una mujer en la que se sospechd inicialmente en absce-
so hepdtico. Ante la ausencia de microorganismos en el
material obtenido de la biopsia por puncién con aguja
de aspiracion y la inadecuada respuesta a la terapia
antibidtica se indicé la realizacion de una reseccién he-
patica, lo que condujo al diagndstico definitivo de un
tumor miofibrobldstico inflamatorio del higado, lesion
que debe diferenciarse del absceso hepitico y de los tu-
mores abscedados. El objetivo de este reporte de caso es
analizar la presentacion, el curso clinico, los métodos
diagnésticos, y las alternativas terapéuticas, ast como la
evidencia que existe de los posibles mecanismos patold-
gicos responsables de esta neoplasia.

Palabras claves. Pseudotumor inflamatorio, tumor
hepdtico, absceso hepdtico, México, Guatemala.

The inflammatory myofibroblastic tumour (IMT)
has been described as a rare benign lesion histolo-
gically characterized by proliferation of fibroblasts,
myofibroblasts, and inflammatory cells.

Case report

A 23-year-old woman with history of surgical
treatment for congenital type-3 esophageal atresia
during infancy (disconnection of distal tracheoe-
sophageal fistula, closure of the tracheal defect and
primary anastomosis of the esophagus) was admit-
ted to the emergency department because of syste-
mic inflammatory response and a painful liver mass.
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One week prior to admission patient initiated in-
termittent fever and two days later she presented
right upper abdominal pain that was increasing un-
til affected daily activities. Patient had no history of
chronic liver disease but was chronically emaciated
(body mass index of 15.4 kg/m?). At admission, she
had blood pressure of 90/50 mmHg, body tem-
perature of 39 °C, cardiac rate of 120 per minute,
and respiratory rate of 27 per minute were noted.
A right upper abdominal mass was evident by pal-
pation. Liver function tests were within normal va-
lues, except for alkaline phosphatase of 199 IU/mL
(normal upper limit: 132 IU/mL) and albumin of
1.4 g/dL. Magnetic resonance image showed a 10
cm encapsulated, lobulated, and radially septated
lesion with a central scar (Figure 1). Alpha-fetopro-
tein was within normal levels and patient was ne-
gative for the enzyme-linked immunosorbent assay
for anti-Entamoeba histolytica. A pyogenic abscess of
the liver was initially suspected. Ultrasound-guided
needle aspiration biopsy was performed in order to

Figure 1. Axial (a) and coronal (b) magnetic resonan-
ce images show a 10 cm diameter lesion located in the
right lobe of the liver, with heterogeneous and radially-
septated appearance.
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Figure 2. Partial hepatectomy specimen showing a
well-demarcated nodule with purulent material (a).
The nodule was composed of spindle fibroblast cells and
a dense inflammatory infiltrate of polymorphonuclear
cells and foamy histiocytes (b). Immunoreactive stai-
ning for actin highlights the infiltration of myofibro-
blastic cells (arrows), characteristic finding of the in-
Sflammatory myofibroblastic tumour (c).
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obtain material for microscopic and bacteriological
examination. Microscopic analysis of the sample
showed only necrosis and inflammatory cells in ab-
sence of microorganisms. Tissue and blood cultures
were negative. Ceftriaxone plus metronidazole were
initiated without achieving clinical improvement.
Surgical resection was indicated under suspicion
of abscessed neoplasm. Intraoperative ultrasound
did not bring additional information. Open right
trisegmentectomy under selective hepatic vascu-
lar exclusion was performed. Hemorrhage was the
only complication during surgery and 1,000 mL of
packed red blood cell and 800 mL of fresh frozen
plasma transfusions were given. Fever was noted af-
ter surgery but no infection was identified. Histo-
pathological analysis showed a lesion composed of
stellated spindle fibroblasts, myofibroblasts, foamy
histiocytes, and polymorphonuclear cells, a group
of features characteristic of the IMT (Figure 2) and
distinctive from other more commonly seen disea-
ses like abscesses or abscessed neoplasms (Figure 2).
Patient required six days at Intensive Care Unit and
was discharged eight days later. Symptoms were re-
solved and no recurrence or complications became
during a 3-year follow-up period.

Discussion

The IMT represents a diagnostic dilemma be-
cause it closely resembles abscesses and malignant
tumours, particularly when lesions are multiple or
located in extrahepatic organs. Moreover, there are
no specific biochemical markers for IMT and some
cases are diagnosed after surgery or autopsy.'” Nee-
dle aspiration biopsy can be useful for diagnosis,® but
in our case open right trisegmentectomy was also re-
quired. Characteristically, the incidence is higher in
the infancy and young adulthood. Usual symptoms
include intermittent high fever and weight loss.”
Main symptoms of this patient were those for sys-
temic inflammatory response (hypotension, fever,
tachycardia and tachypnea) and abdominal pain,
common findings in patients with liver abscess. As
in other cases, abscess of the liver or fibrolamellar
carcinoma of the liver was initially suspected and
then diagnosed to be IMT.>#?

The etiology of IMT remains unknown, but se-
veral etiologic agents have been proposed such as pa-
rasites and bacteria.® Cholangitis, primary biliary ci-
rrhosis, primary sclerosing cholangitis and liver cysts

have been reported to be associated with IMT." He-
patic IMT is commonly misdiagnosed as pyogenic li-
ver abscess, which is required to be ruled out in order
to avoid unnecessary surgical treatment because abs-
cesses usually resolve with antimicrobial therapy or
percutaneous tube drainage.'" Surgical resection for
IMT is preferred,'” although spontaneous regression
have been reported.” There are few reported cases of
IMT in patients with biliary atresia,'* but to our best
knowledge, the association with esophageal atresia
has never been described. IMT diagnosis should be
considered in patients with systemic inflammatory
response and an atypical solid mass in the liver. Biop-
sy and/or needle aspiration may be performed. If no
diagnosis is achieved, surgical treatment and histo-
pathologic analysis is required.
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