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Case Report

Xanthogranulomatous endometritis- a rare pathological entity presenting
as infertility
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Abstract

Xanthogranulomatous inflammation is a distinguished histopathological entity affecting several organs, most likely kidney and
gall bladder. Only a small number of cases of xanthogranulomatous endometritis (XGE) are reported in literature so far.
Microscopic examination show sheets of foamy histiocytes along with other inflammatory cells on H&E stains sections. We
present a case of 31-year-old female with complaint of inability to conceive for 3 years and having history of previous 3 tubal
pregnancies. Hysteroscopy examination reveals fluffy endometrium, patent bilateral fornices with normal cervical mucosa.
Dilatation and curettage were done and sent for histopathological examination, and diagnosis of Xanthogranulomatous
Endometritis was made. As XGE is a rare inflammatory disease, awareness of this lesion is necessary for both the gynaecologist
and pathologist and should be kept in differential diagnosis in the cases of infertility.

Keywords: Xanthogranulomatous endometritis, Endometrium, Young, Infertility

Introduction

Xanthogranulomatous endometritis (XGE) is an unusual
pathological entity characterized by foamy histiocytes,
other inflammatory cells comprising of lymphocytes,
plasma cells and foreign body type of giant cells. It affects
several organs most commonly involving gall bladder and
kidney. Bone, urinary bladder, testis, vagina, fallopian
tubes and endometrium can also be affected rarely [1].
Xanthogranulomatous endometritis had synonyms as
histiocytic endometritis, pseudoxanthomatous
endometritis. The average age affected is 72 years. Most
common symptoms are irregular coporrhagia, discharge,
cervical stenosis and pyometra. Xanthogranulomatous
endometritis is divided into two groups: one is pure XGE
and other is XGE associated with endometrial carcinoma.

Case Report

Xanthogranulomatous inflammation of female genital tract
is an inflammatory disease with unclear etiological factors
and pathogenicity. There are multiple theories related to
pathogenesis. First is theory of infection which is supported
by bacterial culture of E-coli, Salmonella etc. Other theories
are associated with intrauterine devices, endometriosis and
lipid metabolism of macrophages and drugs. Prognosis of
Xanthogranulomatous endometritis is variable. Some cases
recovered after antibiotic therapy and some were non-
responsive [2,3,4].

We found only few cases of Xanthogranulomatous
endometritis reported in Indian Literature. But a case is yet
be reported with infertility as presenting symptom.

We present a case of 31-year-old young female who presented with a complaint of inability to conceive for 3 years with 3
previous tubal pregnancies. There is history of bilateral salpingectomy because of tubal pregnancies. Hysteroscopy findings
shows clear bilateral fornices and healthy cervix and vagina. Menstrual history is normal. Laboratory investigations are within
normal limits. Grossly, we received multiple grey brown to hemorrhagic soft tissue bits altogether measuring 0.4 x 0.3 x 0.1cm.
Hematoxylin and eosin (H&E) stained sections showed sheets of foamy macrophages, few of them showing eosinophilic
cytoplasm along with lymphocytes and few neutrophils. Few fragmented endometrial glands and occasional interspersed blood
vessels also seen. No evidence of hyperplasia/malignancy was noted. Serological markers for endometrial carcinoma and special
stains for AFB and fungus were also negative. The diagnosis of Xanthogranulomatous Endometritis was made.
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Fig-1: Photomicrograph showing numerous foamy histiocytes along with few fragmented
endometrial glands showing infiltration of lymphocytes and plasma cells (10x- H&E).

Fig-2: Photomicrograph showing many foamy histiocytes admixed with lymphocytes (40x- H &E).

Discussion

Xanthogranulomatous Endometritis or Histiocytic Endometritis is a rare entity comprising, collections of foamy macrophages.
Barua et al [5]. described the first case of XGE without evidence of endometrial carcinoma or hyperplasia. The age at onset
ranges from 59-88 years, with an average age of 72 years. The complaints are menorrhagia, excessive leucorrhea, cervical
stenosis or pyometra. There are two groups of xanthogranulomatous endometritis - one is pure Xanthogranulomatous
endometritis and other is xanthogranulomatous endometritis associated with endometrial carcinoma [3].

The etiologic factor, pathogenesis of XGE is not clear yet. Many theories have been proposed

1) Theory of infection

2) Endometriosis

3) IUCDs

4) Inborn lipid metabolism of macrophages and drugs [6].

5) The development of XGE may also be influenced by Radiation therapy or necrosis, excessive intra-uterine hemorrhage and
cervical stenosis [7].

We report a case of 31 years old female. Age is in concordance to the 2 cases of study of Zang et al [6] showing 32 years and
21 years while 1 case is of age 62 years. But the studies of Ekici et al [8] and Makkar et al [9] were showing discordance with
our case, having 67 years and 45 years old females respectively.
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Chief complaint of our case was inability to conceive with history of previous abortions. There is no such case reported till date
having these symptoms. In the study of Ekici et al [8] patient had complaint of Post- menopausal bleeding while the female in
study of Makkar et al [9] presented with continuous bleeding per vaginum for last 3 months with irregular menstrual history for
1 year. The case series of Zang et al [6] showed varying complaints — Pain lower abdomen, Irregular bleeding, fever, abdominal
discomfort and discharge per vaginum.

Upto now, only a small number of cases of xanthogranulomatous inflammation of female genital tract have been reported,
endometrium is most frequently affected and may be associated with endometrial carcinoma [7,10,11].

Table-1: Number of cases showing Pure XGE and association with endometrial carcinoma.

Present | Baruaet | Blanco Russack and | Buckley and | Pounder and | Ashkenazy

case al [5] etal [12] Lammers Fox [13] Iyer [7] etal [10]
[11]
XGE 1case 1case 1case 2 cases 2 cases
XGE associated 6 cases 1 case 2 cases
with endometrial
carcinoma

Table 1 shows that there is frequent association of Xanthogranulomatous endometritis with Endometrial carcinoma. Our case is
a pure Xanthogranulomatous endometritis which is similar to the findings of Barua et al [5], Blanco et al [12] & Buckley and
Fox [13]. In 1990, Russack and Lammers [11] reported six XGE cases associated with endometrial carcinoma. The pathogenesis
of their cases was supposed to be associated with radiation therapy for endometrial carcinoma. Pounder and Iyer [7] reported a
case of XGE associated with endometrial adenocarcinoma. The foamy macrophages contained brown pigment that supposed to
be lipofuscin or hemosiderin. Ashkenazy et al. described four cases with endometrial foamy cells. Two cases were presented
with endometrial hyperplasia or carcinoma and other two were Pure XGE.

The irregular and necrotic appearance of XGE may mimic carcinoma grossly, as also reported by Ekici et al in 2007 [8].

The presence of foamy histiocytes infiltrating the myometrium might be misdiagnosed as Clear cell carcinoma or Sarcoma,
although immunohistochemical stains can resolve the issue.[9]
Conclusion

3. Pace EH, Voet RL, Melancon JT. Xanthogranulomatous
oophoritis: an inflammatory pseudotumor of the ovary. Int

1)Xanthogranulomatous Endometritis is very rare
pathological entity.

2)It should be kept in differential diagnosis of infertility
cases in young females.

3)The presence of XGE does not exclude the possibility of
accompanying carcinoma. Due to this, sampling of the
entire endometrium should be considered in these
patients and regular follow up should be advised.
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