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PLEURAL ENDOMETRIOSIS: BLOODY PLEURAL EFFUSION IN
A 28-YEAR-OLD FEMALE WITH PRIMARY INFERTILITY (CASE REPORT)

S. Saheer, A. Paul, P. James, R. Palak
CHRISTIAN MEDICAL COLLEGE AND HOSPITAL, TAMIL NADU, INDIA

Background. Endometriosis is defined as presence of endometrial glands outside the uterine cavity and it
most commonly involves the structures within the pelvic cavity. Thoracic endometriosis syndrome usually presents
as pneumothorax, hemoptysis, hemothorax or pulmonary nodules. Endometriosis presenting as hemorrhagic
pleural effusion is rarely reported.

Objectives. The aim of the study was to describe pleural endometriosis presenting as hemorrhagic pleural
effusion and to insist on the role of medical thoracoscopy in making the diagnosis with the help of a case report.

Methods. A case report of pleural endometriosis as a non-resolving hemorrhagic pleural effusion is presented.

Results. A 28-years old female on treatment for her primary infertility presented with non-resolving bloody
pleural effusion and she was on empirical anti-tubercular drugs for the last four months. Medical thoracoscopy
revealed flat brownish grey plaques over the diaphragmatic pleura and the histology of pleural tissue revealed
pleural endometriosis. She was initiated on gonadotropin releasing hormone-leuprolide and there was some

clinico-radiological improvement.

Conclusions. Thoracic endometriosis should be considered as one of the differentials for pleural effusion
in female patient especially on treatment for infertility. Medical thoracoscopy should be the investigation of choice
for evaluating pleural effusions before initiating empirical treatments.

KEYWORDS: pleural endometriosis; catamenial pleural effusion; thoracic endometriosis syndrome;

hemorrhagic pleural effusion.

Introduction

Endometriosis is defined as presence of
endometrial glands outside the uterine cavity
and it most commonly involves the structures
within the pelvic cavity. Thoracic endometriosis
syndrome usually presents as pneumothorax,
hemoptysis, hemothorax or pulmonary
nodules. Pleural endometriosis is characterized
by presence of functional endometrial tissue in
the pleura[1]. Malignancy and tuberculosis are
common causes of hemorrhagic pleural effu-
sion. Endometriosis presenting as hemorrhagic
pleural effusion are rarely reported [2]. Here
we report a case of this rare entity in a 28-years
old female.

Case Report

A 28-years old non-smoker female patient
was referred to our department with moderate
pleural collection after presenting to emergency
department with cough and exertional breath-
lessness. Her cough was dry in nature and her
effort tolerance was around 500 meters. There
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was no history of fever, chest pain, hemoptysis,
loss of appetite and weight loss. The patient
had significant past history, as she was being
treated for her primary infertility for the last
two years and has received multiple doses of
clomiphene citrate.

As she failed in medical management, she
was advised intrauterine insemination. During
the work up for the above she was incidentally
diagnosed to have right moderate pleural
collection. Diagnostic thoracocentesis revealed
straw colored exudative lymphocytic fluid,
ultrasound guided pleural biopsy was done with
Abram needle and the histopathology revealed
lymphohistiocytic infiltrates. Based on the
above results she was initiated on four anti-
tubercular drugs of rifampicin, isoniazid,
ethambutol and pyrazinamide according to
body weight.

She attained menarche at the age of se-
venteen and had dysmenorrhea in her each
cycle, which lasts for 8-10 days. She had no past
history of diabetes, hypertension, asthma or
tuberculosis. There was no history suggestive
of connective tissue disease. Patient was born
from a non-consanguineous marriage; both
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her parents and siblings were healthy. Her
general examination, cardiovascular, abdominal
and neurological system examinations were
unremarkable. Respiratory examination re-
vealed reduced chest expansion, stony dull note
and reduced breath sounds in right mammary,
interscapular and infrascapular areas.

Her blood investigations revealed hemo-
globin of 12.8 gm/dL, platelets of 2,86,000/pL
and total leukocyte count 8,500/pL with diffe-
rentials (neutrophil 62%, lymphocyte 37%, and
eosinophils 1%). She had normal renal and liver
function (protein and albumin 6.4 and 4.5 g/dL
respectively) tests. Her sputum smears were
negative for acid fast bacilli. Underlying con-
nective tissue and vasculitis were ruled out by
appropriate investigations. Admission chest
X ray showed moderate pleural effusion on the
right side and computed tomography revealed
normal lung parenchyma with moderate
pleural effusion on the right side.

Diagnostic thoracocentesis revealed he-
morrhagic lymphocytic exudative pleural effu-
sion (total cell count: 480/pL mainly lymphocytic
[78%]); proteins: 4.5g/dL; glucose: 107 mg/dL;
LDH: 4551IU/L; adenosine deaminase: 18.6 U/L).
Pleural fluid gram stain, tubercular cultures
were sterile and cytological examination was
negative for malignant cells. Bronchcoscopy
done ruled out endobronchial lesions. Medical
thoracoscopy revealed normal visceral pleura,
minimal adhesions in the posterior costophrenic
recess and flat brownish gray plaques with he-
matoma were noticed in parietal pleura (Fig. 1).

Fig. 1. Medical thoracoscopy revealing flat brownish
gray plaques (black arrows) with hematoma over
diaphragmatic pleura.

Biopsies were obtained from parietal and
diaphragmatic pleura and they revealed
fragments of endometrial glands lined by
columnar cells surrounded by endometrial
stroma along with hemosiderin-laden macro-
phages (Fig. 2).

Fig. 2. Microphotograph of the biopsy specimen
showing foci of endometrial glands surrounded by
endometrial stroma. (H&E x20).

The pleural tissue stained positive for
estrogen receptor and CD 10 immunostains
(Fig. 3).

As the patient presented with pleural effu-
sion the possible etiology considered was for:

- Tuberculosis;

- Malignancy;

- Secondary to connective tissue disease;

- Ovarian hyperstimulation syndrome
secondary to clomiphene.

Tuberculosis and malignancy were ruled
out by histopathology of pleural tissue obtained
by medical thoracoscopy. Similarly, ovarian
hyperstimulation was ruled out clinically by
absence of features like weight gain, abdominal
pain, vomiting, ascites and bilateral pleural
effusion. Connective tissue disease was ruled
out by absence of symptoms, clinical features
and serology. Patient was diagnosed to have
pleural endometriosis and was started on
leuprolide (gonadotropin releasing hormonal
analogue) after getting expert opinion from
gynecologist. Post second day lung thoracoscopy
showed adequate expansion and intercostal
drainage was removed. She was discharged on
leuprolide with the advice to review after three
months. The patient and her family were
educated about the nature of disease; treatment
options and the need of regular follow up. After
three months on follow up the patient showed
good clinical and radiological improvement.
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Fig. 3. Immunohistochemical analysis demonstrating positive staining estrogenic receptor and CD 10 stains

(Original magnification x20xdigital magnification).

Discussion

Maurer in 1958 for the first time described
thoracic endometriosis; it is associated with
growth of endometrial tissue in the bronchial
tree, lung parenchyma and pleura [1, 3]. Tho-
racic endometriosis is a rare uncommon entity
and usually it affects right hemi-thorax [3] in
92% and left in 5% of cases. Pleural cavity is
involved more commonly than lung paren-
chyma. The disease usually affects nulliparous
women in their child bearing ages with a peak
incidence between 20-30 years of age. The
common presentations of thoracic endo-
metriosis syndrome (TES) are pneumothorax
(70%), hemothorax (12%), hemoptysis (7%) and
lung nodules (6%) [4]. Chest pain, hemoptysis
and breathing difficulty are common clinical
manifestations of TES and symptoms typically
present in 48-72 hours after start of menst-
ruation.

The exact etiopathogenesis of TES is
unknown, but many hypotheses have been
suggested for presence of endometrial tissue
in the thoracic cavity. Pleural TES is explained
by Ivanoff's metaplasia theory (local metaplasia
of cholemic epithelium) and Sampson’s retro-
grade menstruation theory (trans diaphragmatic
pass of endometrial tissue and implantation in
thoracic cavity). Hematogenous migration of
endometrial tissue via vascular and lymphatic
micro embolization after gynaecological pro-
cedures like caesarean and curettage have
been suggested as causes for parenchymal TES
(hematogenous migration theory/micro-
embolization theory) [1].

TES is diagnosed clinically based on pre-
sence of symptoms during menstruation [1, 5].
Histopathological confirmation is needed for
definitive diagnosis. Thoracoscopy is increa-

singly used as the diagnostic modality for
obtaining tissue for histology. As in our case,
pleural and diaphragmatic implants can be
seen in thoracoscopy and to increase the yield
itis better to perform the procedure during the
menstruation [6]. Medical treatment of TES
includes hormonal manipulation and itinvolves
suppression of ectopic endometrium with oral
contraceptive pills, danazol, progestins and
gonadotropin releasing hormonal analogues
[7]. Surgical intervention is reserved of patients
in whom the disease recurs after hormonal
therapy. Pleurodesis and tissue resection are
the treatment modalities surgically performed

[7].

Conclusion

Pleural endometriosis and ovarian hyper
stimulation syndrome should be among the
differentials for pleural effusion especially in
females on infertility treatment. Medical tho-
racoscopy should be considered as the inves-
tigation of choice for evaluating pleural effu-
sions before initiating on empirical treatments.
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TJIEBPAJIHUI EHAOMETPIO3: TEMOPATTYHU IUTEBPAJIFHUN
BHIIIT V 28-PTYHOI JKIHKH 3 IIEPBUHHOIO BE3IUIITHICTIO
(K/ITHIYHU U BHUITA/IOK)

S. Saheer, A. Paul, P. James, R. Palak
CHRISTIAN MEDICAL COLLEGE AND HOSPITAL, TAMIL NADU, INDIA

BcTyn. EHOoMempio3 Xapakmepu3yemoscs HasI8HICMIO eHOOMempito N03a NOPOXCHUHOK MaMKU i 3a38u4ali
8iH BUABMSAEMbLCA 8 OP2AHAX MAA020 Ma3y. EkKmpazeHimansHa (io20 popma - eHOOMempio3 fe2eHs - 3a38u4ali
MaHipecmye y su2150i NHeEBMOMOPAKCY, KPOBOXAPKAHHSA, 2eMOMOPAKCY abo nezeHegux 8y3uKig. Bkpal pioko
3ycmpiyaromecs N08i0OMIEHHSA NPO eHOoMempio3 e2eHs 3 KAiHIYHUMU NPoS8aMU 2eMOpa2iYHO20 NAespPaabHO20
sunomy.

MeTa. Memoto docnioxceHHs 6yno onucamu eHOoMempio3s se2eHs, Wo MaHipecmysas K 2emopaziyHull
nsaespanbHUl 8UNIM MA NOKA3AMU 8AXIUBICMb MeOUYHOI mopakockonii' y nocmaHosyi 0iazHo3y.

MeTopun. OnucaHo KAiHiYHUU 8UNAdOK pidKiCHOI popmu eHOOMempio3y fezeHb - 2eMOpPa2iYH020
nsaespasnbHo20 sUNomy, AKUl He po3cCMOKMye8ascs.

PesynbTaTw. [IpedcmasneHo kKaiHiYHuli 8unadok 28-pivyHoi ¥iHKU, AKA NiKy8aaacs 3 npusody nepeuHHo20
6e3n.1i005, 3 2eMOpPa2iYHUM NAEBPAALHUM 8UNOMOM, AKUU He po3cMokmysascs. Yepes nidospy Ha mybepkyn603
npomsa2oM 0CMAHHIX YoOMupLOX MiCAYi8 8OHA NPULIMAAA NPU3HAYEHI likapeM Yomupu hpomumy6epKynb03HUX
npenapamu. Medu4yHa mopakockonis 8UA8UAA NAOCKI KOPUYHEBO-CIipi 6AAWKU HAO 0iagpazManLHOK Naesporo,
0 2icmo/102is Nae8panbHOI MKAHUHU 8uA8uUAG eHOoMempio3 naespu. [ayieHmuyi 6yn0 npusHa4veHo aelinponidy
ayemam (cuHmMemuyYHuUl 020HICM 20HAOOMPONIH-PUNIZUH2 20PMOHY), NiC/IA 4020 CNOCMepPi2anocs KAiHiko-
peHmM2eH0/102i4He NOKPAUYeHHS.

BucHOBKMW. [Ipu npogedeHHi dupepeHyianeHoi diazHOCMUKU naespaasHo20 8UNOMYy y NayieHMokK, 0cobaugo
npu niky8aHHi 6e3nnidos 0608°a3k080 €10 po32nadamu imMosipHicms eHOoMempio3y nezeHs. MeduyHa
mopakockonii NoOBUHHA bymu MemodoM 8UbOPYy npu OYiHYi niespaneHo20 sunomy neped NOYAMKOM
eMnipu4Ho20 NiKy8AHHS.

K/TKOYOBI C/TOBA: eHAOMeTpio3 NereHb; KaTaMeHianbHU NaeBpasbHUA BUNIT; reMopariuHui
naeBpasbHUNIA BUNIT.
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