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ABSTRACT

Introduction: leiomyomas are the most frequent benign 
tumors of the esophagus. They are frequently found in 
the lower and middle third of the esophagus in 56 and 
33%, respectively. The peak incidence of presentation 
is between the third and fifth decades of life. The most 
frequent symptoms are dysphagia and epigastric pain; 
in up to 50% of cases, patients remain asymptomatic, 
and the tumor is discovered by chance; however, on 
rare occasions, due to the size of the tumor and the 
areas of intratumoral necrosis of the lesion, it can 
debut with esophageal perforation and mediastinitis. 
Due to the rarity of this condition, the cases reported in 
the literature that address its surgical management are 
scarce. The treatment of this pathology can range from 
simple surgical enucleation to esophagectomy, with 
or without reconstruction of the gastrointestinal tract. 
This work aims to report a complicated esophageal 
leiomyoma clinical case and our experience managing a 
giant esophageal leiomyoma associated with esophageal 
perforation and mediastinitis. Case report: we present 
the case of a 54-year-old woman presenting signs 
and symptoms related to mediastinitis secondary to 
esophageal perforation due to a giant leiomyoma that had 
not been previously documented and required emergency 
surgical management by esophagectomy. Conclusions: 
esophageal leiomyoma is a rare oncologic entity that 
presents several diagnostic and therapeutic challenges. 
This tumor becomes even more challenging when this 
pathology presents with a complication, such as the 
case of mediastinitis. Prompt diagnosis and aggressive 
and timely treatment are the factors that have the most 
significant impact on the morbidity of the disease.

RESUMEN

Introducción: los leiomiomas son los tumores benignos 
más frecuentes del esófago. Encontrados frecuente-
mente en el tercio inferior y medio del esófago en 
56 y 33% respectivamente. El pico de incidencia de 
presentación se encuentra entre la tercera y quinta 
décadas de la vida. Los síntomas más frecuentes son 
la disfagia y el dolor epigástrico, hasta en 50% de 
los casos, los pacientes permanecen asintomáticos 
y el tumor se descubre por casualidad; sin embargo, 
en raras ocasiones por el tamaño del tumor debido a 
las áreas de necrosis intratumoral de la lesión, puede 
debutar con perforación del esófago y mediastinitis. 
Debido a lo raro de esta condición, los casos reporta-
dos en la literatura que abordan su manejo quirúrgico 
son escasos. El tratamiento de esta patología puede ir 
desde simple enucleación quirúrgica hasta una esofa-
gectomía con o sin reconstrucción del tubo digestivo. 
El objetivo de este trabajo es reportar el caso clínico de 
leiomioma esofágico complicado, informando nuestra 
experiencia en el manejo de un leiomioma esofágico 
gigante asociado a perforación esofágica y mediasti-
nitis. Caso clínico: se presenta el caso de una mujer de 
54 años que presenta signos y síntomas relacionados 
con mediastinitis secundaria a perforación esofágica 
por un leiomioma gigante que no se había documen-
tado previamente y que requirió manejo quirúrgico de 
urgencia mediante esofagectomía. Conclusiones: el 
leiomioma esofágico es una entidad rara oncológica, 
que presenta varios desafíos diagnósticos y terapéu-
ticos. Esto se hace aún más desafiante al presentarse 
esta patología con una complicación, tal es el caso de 
la mediastinitis. El diagnóstico rápido y el tratamiento 
agresivo y oportuno son los factores que tienen mayor 
impacto en la morbilidad de la enfermedad.
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INTRODUCTION

Morgagni first described leiomyoma as 
a distinct gastrointestinal neoplasm in 

1761, but Munro, in 1797, was the first to 
report a localized intramural leiomyoma of the 
esophagus.1-3 Much of what is known today 
about the histologic features of esophageal 
leiomyoma was specified by Virchow in 1863.4 
Sauerbruch5 reported the first successful 
surgical treatment of esophageal leiomyoma 
when he performed an esophageal resection 
with gastroesophagostomy in 1932. A year later, 
Ohsawa6 performed the first successful surgical 
enucleation of this type of tumor. Leiomyomas 
are the most frequent benign tumors of 
the esophagus, accounting for 10% of all 
gastrointestinal leiomyomas.7 It is usually found 
as a single lesion in the middle and lower third 
of the esophagus, with 33 and 56% presenting 
in these locations.8 Leiomyoma can occur in 
patients of any age, but the peak incidence is 
between the third and fifth decades of life.9 
The most commonly used diagnostic methods 
are esophagogram, endoscopy, endoscopic 
ultrasound (EUS), and computed tomography 
(CT) scan. In the esophagogram, the classic 
appearance is a filling defect with a smooth 
and concave border with usual mucosal folds.1,3 
Endoscopy shows a mobile submucosal lesion 
with intact mucosa. Patients with esophageal 
leiomyoma usually have nonspecific symptoms 
such as dysphagia, epigastric pain, and weight 
loss. Perforation is a rare complication due to 
necrosis associated with the tumor and the size 
of the leiomyoma, predominantly in tumors 
larger than 10 cm in diameter.10

The indication for resection is based on 
symptoms, size (greater than 5 cm), and the 
existence of growth, ulceration, or malignant 
degeneration, which is rare. When the tumor 
is larger than 8 cm, adheres to the mucosa, 
or has extensive tearing of the mucosa during 
dissection, it may be necessary to resect part 
of the esophagus.

The objective of this work is to present 
the case of a giant esophageal leiomyoma 
that showed perforation and development of 
a clinical picture of mediastinitis, presenting 
our experience in the management of this 
pathology since the literature does not 

mention the percentage of perforation of 
this entity.

PRESENTATION OF THE CASE

This is the case of a 54-year-old woman with a 
history of systemic arterial hypertension of 16 
years of evolution in medical treatment with 
losartan 50 mg every 24 hours in reasonable 
control, history of total abdominal hysterectomy 
14 years ago for uterine myomatosis, 
laparoscopic cholecystectomy four years ago 
for chronic calculous cholecystitis, both without 
apparent complications. She started with 
36 hours of evolution with significant chest 
pain, unquantified fever, and attack to her 
general condition, so she came to our unit for 
evaluation. When specifically interrogated, she 
mentioned a history of five years of symptoms 
characterized by dysphagia to the ingestion of 
solid food. Physical examination revealed a 
patient in poor condition with tachycardia of 
120 beats per minute, hypotension of 90/60 
mmHg, respiratory rate of 23 breaths per 
minute, temperature of 36.5 oC, and generalized 
pallor of the integuments. The auscultation of 
the chest on the right side revealed decreased 
breath sounds with dullness to percussion. Her 
abdomen was flat, soft, and depressible with 
increased vocal vibrations, with no evidence 
of peritoneal irritation. Laboratory tests showed 
hemoglobin 16.6 g/dl, hematocrit 49.68%, 
white blood cells 18 cells/mm3, and neutrophils 
89%. A thoracoabdominal tomography was 
performed, which showed a distal esophagus-
dependent tumor associated with free fluid in 
the thorax and exit of contrast medium from 
the esophageal lumen (Figures 1 and 2). Due 
to the clinical picture of esophageal perforation 
and mediastinitis, it was decided to submit the 
patient to surgical treatment.

A diagnostic right posterolateral thoracotomy 
was performed, documenting a tumor 
dependent on the esophagus in its distal third 
with perforation of the latter, so esophagectomy 
was performed resecting the distal end of the 
esophagus using a blue cartridge linear stapler 
(Figure 3), with a subsequent longitudinal 
dissection of the esophagus. During a second 
surgical time, a left cervical approach was used 
to exteriorize the esophagus and prepare an 
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esophagostoma, maturing it with 2-0 polyglactin 
910 stitches. The cervical and thoracic wound 
was closed by planes, the latter after placement 
of two endo pleural probes number 18 Fr. A third 
surgical stage was done for preparing a Witzel-
type feeding jejunostomy. No drains were left 
in the abdominal cavity, and the patient left the 
operating room with medical treatment based 
on antibiotic therapy with meropenem 1 gram 
intravenously every eight hours. The patient 
had a favorable clinical evolution; the endo 
pleural tubes were removed on the second 
postoperative day, and a homemade diet was 
started through a jejunostomy tube. The patient 
was discharged on the fifth postoperative day.

Currently, the patient is under outpatient 
follow-up, with adequate tolerance of 
homemade feeding by jejunostomy tube, 
with a histopathological report of esophageal 
leiomyoma, so she is in a protocol for the 
reconstruction of the continuity of the digestive 
tract.

DISCUSSION

Esophageal leiomyoma is part of the 
subepithelial layer of esophageal tumors, arising 
from the smooth muscle of the esophagus, 
mainly from the muscularis propria and rarely 
from the muscularis mucosae.11 It is considered 
the most common benign esophageal tumor. It 
primarily presents as a solitary intramural mass 
of oval, elongated, annular, horseshoe, or spiral 

shape surrounding the esophageal wall.12 They 
are commonly found in the middle and lower 
third of the esophagus.

Dysphagia and dyspepsia are the most 
common symptoms since most tumors occur 
in the lower third of the esophagus, and 
leiomyomas larger than 5 cm in diameter are 
more likely to be symptomatic than smaller 
ones.13 Our patient presented a tumor of 12 
× 10 cm in diameter, which is considered 
in the world literature as a giant esophageal 
leiomyoma,14 causing areas of necrosis in 
the tumor with the consequent perforation 
of the esophagus and a clinical picture of 
associated mediastinitis, requiring urgent 
surgical management; perforation of this tumor 
is extremely rare, and there is no incidence in 
the literature.

Mediastinitis is the inflammation of the 
connective tissue surrounding the mediastinal 
structures between the pleural spaces. Despite 
advances in intensive care, mediastinitis remains 
associated with high morbidity and mortality rates 
(over 40% approximately). Effective antibiotic 
therapy, intensive care management, elimination 
of the source of infection, and drainage of 
the affected mediastinal compartment are 
essential to effectively treating this pathology.15 

Figure 1: Axial CT scan showing an esophageal-
dependent tumor in the distal third of the esophagus.

Figure 2: 

Coronal 
section of a 
tomography 

image 
showing 

the exit of 
the contrast 

medium 
from the 

esophageal 
lumen.
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An early diagnosis, the prompt establishment 
of initial treatment, and the performance of 
imaging studies, such as a thoracoabdominal 
computerized tomography scan for planning 
a surgical intervention, is essential to achieve 
an optimal result.16 At the time of admission 
of the patient to the emergency department, 
supportive medical management was initiated 
to improve the patient’s clinical conditions; such 
management consisted of intravenous solutions 
and the use of broad-spectrum antibiotics.

Imag ing  s tud ie s  such  a s  ba r ium 
esophagogram, computerized tomography 
scan with oral contrast, esophagoscopy, and 
endoscopic ultrasound are helpful diagnostic 
tools in this pathology.17 In the present case, 
the thoracoabdominal tomography revealed a 
large tumor originating in the lower third of the 
esophagus, which after administering an oral 
contrast medium, showed a perforation of this 
organ, requiring emergency surgery.

The gold standard surgical approach when 
dealing with this serious pathology is surgical 
drainage of the mediastinum.18,19 In addition to 
controlling the source of contamination, since 
it is a perforated esophageal tumor, surgical 
resection of the tumor is necessary.20 For optimal 
surgical drainage, several surgical approaches 

have been described in the literature, but due 
to this pathology, the best surgical approach is 
a posterolateral thoracotomy.

Several reconstruction techniques have been 
described in the literature, the most frequent 
being the gastric ascent with colon interposition. 
There has yet to be a consensus on the ideal 
reconstruction method after esophagectomy. 
Given the unstable hemodynamic conditions 
due to mediastinitis, we did not choose to 
reconstruct the gastrointestinal tract using these 
techniques, leaving this reconstruction for a 
second surgical stage.

The main complications of mediastinitis are 
sepsis21 and thoracic empyema. In our case, the 
patient had a favorable postoperative course 
with no complications, responding adequately 
to surgical management and broad-spectrum 
antibiotics. Despite advances in recent years, 
mediastinitis continues to be a disease with a 
mortality rate close to 40-50%. The prognosis 
depends on the extent of the infection and the 
general condition of each patient, as well as 
their comorbidities; however, timely diagnosis 
and aggressive treatment are the main factors 
to improve the evolution of the disease.

As for leiomyomas, they have a good 
prognosis with no tendency for recurrence.22 
Most series report successful resection with 
open or minimally invasive approaches without 
any perioperative morbidity or mortality.23

CONCLUSIONS

Esophageal leiomyoma is a rare oncologic entity 
that presents several diagnostic and therapeutic 
challenges. Therefore, it is important to have 
a detailed clinical history and complementary 
diagnostic imaging studies, such as chest X-ray 
and CT scan, to assess the extent of the disease 
and decide on the surgical approach based on 
the results.

Rapid diagnosis and aggressive and timely 
treatment are the factors that have the most 
significant impact on the morbidity of the 
disease.
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