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Abstract

The presence of endometrial tissue in airways, pleura and lung parenchyma is called thoracic endo-
metriosis syndrome (TES). It is a rare pathology, and typically consists of catamenial pneumothorax,
haemothorax, haemoptysis, and pulmonary nodules. We report a case of a 37-year-old woman with
thoracic endometriosis causing catamenial hemopneumothorax. The diagnosis was made on proper
history, imaging, thoracoscopic biopsy and immunohistochemistry. The diagnosis of thoracic endo-
metriosis is complicated and often delayed. TES should be suspected in a reproductive age woman
with exacerbating symptoms during the menstruation.
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INTRODUCTION

Endometriosis is defined as the presence of normal endometrial tissue outside the uterine cavity.'? It
is diagnosed in women of reproductive age. Endometriosis most commonly affects pelvic organs, but
it can be found in extra-pelvic organs and tissues like airways, pleura and lung parenchyma.** The
presence of endometrial tissue in or around the lung is called thoracic endometriosis syndrome
(TES). Typically, it consists of catamenial pneumothorax, haemothorax, haemoptysis, and pulmo-
nary nodules.?® The first case of pleural endometriosis was described by Schwarz in 1938.° The first
case of catamenial pneumothorax was described in 1958 by Mauer et al,” and the term “catamenial
pneumothorax” was first introduced into the literature in 1972 by Lillington et al.®

CASE PRESENTATION

A 37 year old woman presented to our OPD with right sided chest pain for 3 months, dry cough for 3
months and dyspnoea for 2 months. She had a history of admission for same type of illness 1 year
back. At that time right sided spontaneous pneumothorax was diagnosed on routine chest X-ray and
was treated with intercostal tube drainage. There was no history of trauma, fever, haemoptysis,
weight loss. Patient gave history of cyclical pain in right side of thorax during menstruation.

This time, on examination right sided pneumothorax was present, her SpO, was 91% on room air
and respiration rate was 22 per minute. Laboratory tests and ECG did not show any abnormalities.
Sequential chest x-ray revealed appearance and disappearance of pneumothorax. Blood laboratory
findings revealed anaemia: haemoglobin-8.6 gm/dl, red blood cells-3.63 x 10'%/1. Chest x-ray
showed hydropneumothorax on the right side (Fig. 1). 500 ml of haemorrhagic fluid from pleural
cavity was drained and dyspnoea was relieved to some extent. CECT thorax revealed right sided
pleural effusion. USG guided pleural fluid study was suggestive of haemothorax. Ultrasound of ab-
domen showed pelvic endometriosis. Fibreoptic bronchoscopy was non-contributory.

We performed rigid thoracoscopy and it revealed multiple violaceous patches seen along with multi-
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-ple clusters of reddish spots (Fig.2). Histopathological examina-
tion confirmed the diagnosis of endometriosis. (Fig 3) Immuno-
histochemistry report came out to be CD 10 and ER, PR positive.
The patient underwent gynaecological examination. A transvaginal
ultrasound examination revealed pelvic endometriosis and was
treated with gonadotropin-releasing hormone (GnRH) agonists. At
present, the patient is under observation of chest physician and
gynaecologist. The patient has no respiratory tract symptoms as
well any abnormalities on imaging after 3 months follow up chest
X-ray.

Fig 2: Thoracoscopy showing violaceous patches with red spots
DISCUSSION

Endometriosis most commonly affects pelvic organs, but it can be
found in extra-pelvic organs and tissues.* The presence of endo-
metrial implants in airways, pleura and lung parenchyma is called
thoracic endometriosis syndrome (TES).’ It consists of catamenial
pneumothorax, catamenial haemothorax, catamenial haemoptysis,
and pulmonary nodules.>* Most patients commonly have catameni-
al pneumothorax (73%), while catamenial haemothorax is present
just in 14% of the cases, followed by 7% of haemoptysis and 6% of
lung nodules.’ In our case, the patient suffered from the right side
hemopneumothorax. There are several different proposed theories
for the formation of TE.*!° The first hypothesis is lymphatic or
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Fig 3: Histopathology findings on pleural biopsy

haematogenous embolization from the uterus,*'° the second pre-

sents coelomic metaplasia theory and the third proposes retrograde
menstruation during which endometrial tissue from the uterus and
fallopian tubes migrates via abdomen and congenital or acquired
diaphragmatic defects into the pleural cavity. '>''.

Caesarean section increases the risk of endometriosis. Therefore,
constantly growing number of caesarean sections will be the main
factor of increasing incidence of pelvic endometriosis as well as
distant endometriosis, e.g. pleural and chest. Population studies by
Haga et al., enabled development of point system risk assessment
of pleural endometriosis. Predictive factors include: right sided
pneumothorax, pelvic endometriosis, age above 31 years, non-
smoking (sensitivity 93.5% and specificity 89.4% with the result of
12 points or more)."" Pleural endometriosis is accompanied by
chest discomfort and pain, which sometimes may by neglected by
patients. '

Our patient confirmed the early onset of respiratory tract symp-
toms. Numerous hospital admissions to pulmonology wards em-
phasize repetitiveness and cyclic nature. Fallopian tube ligation is
believed to be preventive of further dissemination of endometrial
tissue via fallopian tube, and then through the fenestrations in the
diaphragm into the chest.'® Patient’s induction into artificial meno-
pause was correlated with regression of respiratory tract symptoms
and arrest of pneumothorax recurrence. One should emphasize that
restoration of natural menstrual cycle resulted in recurrence of
dyspnoea and pneumothorax. It was caused by activation of ectopic
endometrium within the lungs.

As in a case presented by Zeena Makhija et al., video-thoracoscopy
(gold standard in diagnosis and treatment of pleural endometriosis)
was performed with lobectomy and pleuradhesis (creation of adhe-
sions between visceral and parietal pleura).” VATS procedure
included close inspection of chest cavity, including diaphragmatic
aspect, which did not show any abnormalities. Presence of visible
fenestrations in diaphragm may explain the pathway of endometrial
tissue is it was in case described above.'> However, invisible micro
-fenestrations may also be seen sites for the ectopic tissue.® The
hypothesis about hemato and/ or lymphogenic dissemination is also
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