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Case Report

Tubocutaneous Fistula due to Endometriosis - A
Differential Diagnosis in Cutaneous Fistulas with
Cyclic Secretion

Fistula tubocutanea secunddria a endometriose — diagnéstico
diferenciado em fistulas cutdneas com secrecao ciclica
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The development of a tubocutaneous fistula due to endometriosis in a post-cesarean
section surgical scar is a rare complication that generates significant morbidity in the
affected women. Surgery is the treatment of choice in these cases. Hormonal therapies
may lead to an improvement in symptoms, but do not eradicate such lesions. In this
report, we present a 34-year-old patient with a cutaneous fistula in the left iliac fossa
with cyclic secretion. Anamnesis, a physical examination, and supplementary tests led
us to suggest endometriosis as the main diagnosis, which was confirmed after surgical
intervention.

O desenvolvimento de fistula tubocutanea secundéria a endometriose em cicatriz
cirlrgica apos cesariana é uma complicacdo rara, que gera importante morbidade as
mulheres acometidas. A cirurgia é o tratamento de escolha nesses casos. Terapias
hormonais podem conduzir a uma melhora dos sintomas, mas, de forma alguma,
levam a erradicacao de tais lesGes. No presente relato, temos uma paciente de 34 anos
de idade que apresentava uma fistula cutanea em fossa iliaca esquerda com secrecao
ciclica. Anamnese, exame fisico e exames complementares nos levaram a aventar como
principal hipotese diagndstica a endometriose, que foi confirmada apés intervencao
cirtrgica.

fistula stretched from the left uterine tube to the left inguinal
region along the anatomical path of the round ligament.

Endometriosis is a benign disease defined by the presence of
endometrial glands and stroma outside the uterus.' The average
age at diagnosis is between 25 and 35 years.z’3 Endometriosis
outside the pelvis is rare, and most cases occur in surgical scars
after procedures involving the female genital tract.* In this
report, we present a rare case of tubocutaneous fistula due to
endometriosis that developed after a cesarean section. The
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Case Report

A 34-year-old woman sought the surgery service of the
University Hospital of Teresina in August 2015 due to a
history of discharge from a cutaneous opening in the left
iliac fossa that had varied in color from citric yellow to red
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and had exhibited cyclical behavior over the course of six
years. She presented with the following obstetrical history:
one miscarriage late in 1999; two vaginal deliveries at term,
one in 2002 and another in 2003; and one cesarean section in
2008, which interrupted a pregnancy of between 35 and
36 weeks, due to history of anemia and severe thrombocyto-
penia associated with maternal-fetal Rh incompatibility.
Regarding the medical history related to the cesarean birth,
the patient reported that six months after the cesarean section,
she resumed regular menstrual cycles, which were associated
with pain and redness in the left iliac fossa, abdominal disten-
sion, and fever. At the time, fluid collection in the left inguinal
region was diagnosed, and drainage was performed with seros-
anguineous secretion. The patient showed a partial improve-
ment in the symptoms, and, a few months later, a serous
discharge in the collection area began, which was cyclical,

REG ING I

F151

Lopes et al.

and it appeared eight days before menstruation and lasted until
the end of the menstrual period. Thereafter, she was subjected
to two more surgical procedures, including adhesiolysis in the
fistula tract and drainage collection. The patient was in posses-
sion of the histopathological results of the latter approach
(performed in 2013), which showed a foreign body-type chronic
granulomatous inflammation and nonspecific lymphadenitis.
Based on this clinical background, the patient was referred to
the hospital’s gynecology team with a diagnosis of tubocuta-
neous fistula due to endometriosis. A gynecological examina-
tion revealed the presence of a pfannenstiel scar and a
longitudinal scar on the left iliac fossa, and a speculum exami-
nation showed no communication of the vaginal walls with the
fistula. The patient underwent additional tests. An abdominal
ultrasound examination showed: a hypoechoic tract with
a diameter of 0.5 cm, located in the left inguinal region

Do 055 cm

Mean 055 cm

Fig. 1 Abdominal ultrasound showing a hypoechoic tract located in the left inguinal region (panel A); a hypoechoic area located in the
subcutaneous tissue, suggesting fluid collection, and showing communication with the external environment through the aforementioned tract
(panel B); and a second hypoechoic area, showing communication with the aforementioned lesion, located close to the abdominal and internal

oblique rectal muscles, suggestive of fluid collection (panel C).
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(=Fig. 1A); a hypoechoic area, with partially defined limits,
located in the subcutaneous tissue, measuring 5.2 x 1.2 cm,
suggesting fluid collection, and showing communication with
the external environment through the aforementioned tract
(=Fig. 1B); and a second hypoechoic area, with partially
defined limits, showing communication with the aforemen-
tioned lesion, located close to the abdominal and internal
oblique rectal muscles, measuring 4.5 x 2.5 cm, suggestive of
fluid collection (~Fig. 1C). Magnetic resonance imaging (MRI)
of the pelvis showed laminar pelvic fluid collection on the
posterior aspect of the rectus abdominis muscle on the left, next
to the pubis, measuring ~ 6.2 x 0.9 cm, extending to the
ipsilateral iliac fossa. In this area, a fistulous tract could be
observed that pierced the musculature, forming another sub-
cutaneous laminar fluid collection area measuring ~ 5.3 x 1.0
cm and draining at its lower portion toward the cutaneous
fistula (=Fig. 2). Fistulography revealed a contrast-filled cavi-
tation in the subcutaneous area of the inguinal region, extend-
ing laterally to the left iliac fossa for ~ 8 to 10 cm, without
communication with the viscera or deep planes (~Fig. 3).
Given that the patient had no cutaneous opening dis-
charge at that time, she was discharged from the hospital
with guidance to return at the first sign of secretion drainage,
which occurred 10 days afterwards (-Fig. 4). She was
readmitted and underwent surgery, which was performed
over two sessions by gynecology, general surgery, and urol-
ogy specialists on September 21, 2015. Initially, a surgical
hysteroscopy was performed, in which a normal uterine
cavity was observed with tubal ostia, and no presence of
lesions was detected. However, an outlet of solution was
observed, which was used for distension during the proce-
dure, via the cutaneous opening of the fistula. Methylene
blue was not visible after introduction into the fistula hole.
Later, a laparotomy was performed with supra-aponeurotic
resection and excision of the entire wall and fistulous tract,
which exhibited the discharge of a chocolatey secretion. At
the opening of the aponeurosis, a new extraperitoneal

Fig. 3 Fistulography showing a contrast-filled cavitation in the
subcutaneous area of the inguinal region, extending laterally to the
left iliac fossa for ~ 8 to 10 cm, without communication with the
viscera or deep planes.
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Fig. 2 Magnetic resonance imaging of the pelvis showing laminar
pelvic fluid collection on the posterior aspect of the rectus abdominis
muscle on the left, extending to the ipsilateral iliac fossa. In this area, a
fistulous tract could be observed that pierced the musculature,
forming another subcutaneous laminar fluid collection area and
draining at its lower portion toward the cutaneous fistula.

collection area could be seen closely adhering to the left
horn. A left salpingectomy was performed with the excision
of the entire wall of the collection area. The histopathology
results confirmed the diagnosis of endometriosis.

The patient was readmitted on the 14th postoperative
day for drainage of the purulent secretion via the surgical
wound. She was given antibiotic therapy guided by the
secretion culture; she recovered well, and was discharged.
Seven weeks after the procedure, she was readmitted at an
outpatient basis and exhibited complete healing of the
wound without secretion drainage or pain complaints; the
patient was in amenorrhea due to the continued use of
desogestrel.

Fig. 4 Physical examination showing secretion drainage of the
cutaneous opening in the left iliac fossa.
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Discussion

Extrapelvic endometriosis may be associated with a wide
variety of cyclic symptoms reflecting the affected organs.’
Physical findings, when present, are related to the location
and extent of the disease,” and greater diagnostic sensitivity
is present when the patient is investigated during menstru-
ation.® The present case showed a clinical background highly
suggestive of endometriosis due to the cyclical character of
the presence of fistula debit and the characteristics of the
drained content, which varied in color from citric yellow to
bright red.

Development of endometrioma in the surgical scar after
cesarean section is a rare complication, with a reported
frequency of no more than 0.4%.” The possible mechanisms
involved in the formation of female genital tract fistulas
include previous pelvic surgery, the use of drains, surgical
wound dehiscence, and invasive endometriosis.®'% In the
present case, the possible triggering factors included the
occurrence of a previous cesarean section and the use of
drains in the left iliac fossa collection area. The endometrial
tissue may have been implanted in the surgical scar, causing
the erosion of the underlying tissue through a cyclical
inflammatory process.

Magnetic resonance imaging is superior to transvaginal
ultrasound for detecting the peritoneal implants of endome-
triosis and collections, but it still identifies only 30-40% of
the lesions observed during surgery.!" The patient in ques-
tion was submitted to the cited additional tests, which
diagnosed the presence of two liquid collection areas, but
did not show the connection of these collection areas with
the ipsilateral fallopian tube.

Surgery is the treatment of choice in cases of endometri-
otic fistula. Hormone therapy may lead to an improvement in
symptoms, but does not eradicate such lesions.'>"3 To avoid
recurrence and the emergence of additional complications,
the patient underwent complete surgical excision of the
lesion. Because the patient was young, and in order to avoid
chronic problems resulting from estrogen deprivation, we
decided to preserve the ovaries.
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In summary, we present an extremely rare case of an
endometriotic tubocutaneous fistula, the description and
literature review of which provide greater awareness of
this clinical entity, offering useful information for the correct
diagnosis and treatment.
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