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ABSTRACT

Case Report

Malakoplakia of the Uterus: A
Rare Cause of Postmenopausal
Bleeding Mimicking Malignancy

CHINMOYEE SONOWAL', PHATIK CHANDRA KALITA?, ARPANA DAS?, HIMAJIT RABHA*, ANJAN SAIKIAS

Malakoplakia is a rare chronic granulomatous disease. It was first reported in 1902 by Michaelis and Gutmann. It may involve any
part of the body, most commonly affecting the urinary tract, mainly the urinary bladder. The involvement of uterus resulting in post-
menopausal bleeding is extremely rare but not unusual. So, in the differential diagnosis of post-menopausal bleeding, this condition
should be kept in mind which poses as a diagnostic enigma requiring a high degree of suspicion from the clinician, the radiologist
and the pathologist. Due to paucity of data owing to the rarity of the condition, there are no treatment guidelines for this condition,
leading to a therapeutic dilemma. We report herein an unusual case of malakoplakia of the uterus with actinomycoses co-infection
in a 60-year-old lady with postmenopausal bleeding and an abdominopelvic lump mimicking malignancy.
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CASE REPORT

A 60-year-old lady presented with chief complaint of bleeding per
vaginum since one month. She had attained menopause 12 years
back with three vaginally delivered children. She had also undergone
tubectomy 20 years back by mini-laparotomy technique with
history of wound infection. She was hypertensive and was taking
antihypertensives. On general physical examination, she was an
obese lady with severe pallor and stable vitals. Her abdominal
examination revealed a 14 weeks abdomino-pelvic mass which
was firm in consistency, non-tender, with restricted mobility.
Another lump was felt separately on the left side of umbilicus.
On per speculum examination, cervix was pulled up, normal
when visualised with blood coming out through it. On per vaginal
examination, cervix was firm, regular, smooth, uterus was 14
weeks size anteverted, firm, nontender, with restricted mobility
with free fornices bilaterally. She had undergone Pap’s smear
and therapeutic and diagnostic D&C in another institution 10
days back without any evidence of suspected malignancy in the
reports. A plain CT from another institution reported it as a fibroid
measuring 50x49x46 mm in posterior wall of the uterus and an
ill defined lesion of size 8.67x5.33 cm in the anterior abdominal
wall in the region of umbilicus. Her haematological investigation
revealed severe anaemia with haemoglobin level of 4.5 gm%.
A provisional diagnosis of uterine fibroid with degeneration or
malignant transformation, endometrial carcinoma and uterine
sarcoma were made. She was transfused three units of packed
red blood cells. Despite medical management to control the
bleeding, she continued to bleed and therefore she was posted
for emergency hysterectomy. On opening the abdomen, there was
a sinus tract from the scar of previous sterilisation procedure to
the lump near the umbilicus. The abdominal wall was thickened
and fibrosed around this area. Loops of bowel were adherent to
this thickened area forming a lump. Bowel was also adherent to
the entire anterior abdominal wall under the incision and the lateral
walls as well. Extensive adhesiolysis was done upto the pelvis.
Sigmoid colon was densely adherent to the fundal and posterior
surface of the uterus which was removed. Apart from this, the pelvic
anatomy was completely distorted. Uterus was densely adhered
to the bladder with unidentifiable round ligaments and fallopian
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tubes. There was extensive fibrosis and thickening in the area of
broad ligament with buried fallopian tubes and ovaries. Uterus and
the uterine mass had to be removed in piece-meal and cervix and
ovaries had to be left behind. Sigmoid colon perforation sustained
during adhesiolysis was repaired and a transverse loop colostomy
had to be performed. After ensuring haemostasis, abdomen was
closed with placement of drain. Grossly the specimen that was
taken out consisted of multiple irregular grey white to yellow tissue,
measuring 150 grams. The anatomy of the uterus was distorted.
Outer surface as well as inner surface showed multiple friable
irregular papillary structures [Table/Fig-1].

ble/Fig-1]: Gross specimen.

Microscopically, multiple sections showed large areas of foamy
histiocytes infiltrating the myometrium of uterus [Table/Fig-2] and
pathognomonic Michaelis-Gutmann bodies which are basophilic
inclusion bodies within enlarged foamy macrophages [Table/Fig-3].
There was also evidence of Actinomycosis at places [Table/Fig-4]. No
evidence of malignancy was seen. Based on the histopathological
report, a final diagnosis of malakoplakia of the uterus was made.
Postoperatively she was started on cotrimoxazole after going through
literature. She responded well and has remained asymptomatic
So far.
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[Table/Fig-2]: Photomicrograph shows foamy histiocytes infiltrating myometrium
(H&E Stain, 4x).

[Table/Fig-3]: Photomicrograph showing abundant foamy histiocytes with
michaelis-gutmann body (Arrow) (H&E Stain, 40x).

[Table/Fig-4]: Photomicrograph showing basophilic sulphur granules with periphery
showing filamentous bacteria consistent with actinomycoses (H&E 40x).

DISCUSSION

Malakoplakia is an extremely rare condition with fewer than 1000
cases reported in the USA per year and fewer still in India [1]. So far
there has not been any report of uterine malakoplakia from India. It is
a chronic inflammatory disease, which although is benign may take a
morbid course. The patients are usually above 50 years with a female
preponderance. The female to male ratio is 2:1 [2]. It occurs rarely in
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children. Most patients have associated conditions related to immuno-
suppression as in organ transplants, autoimmune conditions requiring
steroid use, chemotherapy, chronic systemic disease, alcohol abuse,
poorly controlled diabetes, AIDS [3]. Nearly, 90% of patients have
coliform bacteria detected in urine, blood or tissue, suggesting an
infectious cause and 40% has immuno-deficiency or any autoimmune
disease [4]. The most commonly found bacterium is Escherichia
coli, but Klebsiella, Proteus, Pseudomonas, Mycobacterium avium,
Mycobacterium  tuberculosis, Shigella, Staphylococcus aureus,
Enterococcus spp. were also found [5,6].

The exact pathogenesis of this condition is still unknown. It is
believed that there is an acquired defect in the lysosomal activity
of lysosomes triggered by infectious agents, mainly by gram
negative bacilli, and associated with immunosuppression. There
is defective bacterial digestion leading to accumulation of calcium
and iron in residual bacterial glycolipids. Microscopically, there is
an accumulation of typical macrophages called as Von-Hansemann
cells which are enlarged macrophages with foamy cytoplasm
and eccentric, hyperchromatic, round nuclei. They may contain
PAS positive and Von Kossa positive intra-cytoplasmic and extra-
cytoplasmic inclusions called as Michaelis-Gutmann bodies
which are considered pathognomonic of this condition. These
bodies arise from phagocytosis of bacterial degradation products
providing a matrix for deposition of needle like crystals, resembling
hydroxyapatite. These are round-ovoid, basophilic, concentric
laminated inclusions in the Von-Hanseman cells. However,
Michaelis-Gutmann bodies may not be seen in early stages of the
disease and are not absolutely necessary for the diagnosis [7,8].
In our case, we observed that the disease developed in a site of
possible prior contamination by bacteria with the history of post-
tubectomy infected wound in this case and the presence of the
sinus tract with signs of chronic inflammation around it.

Radiologically and grossly, this condition may simulate other
inflammatory process or neoplasm. It may be misdiagnosed clinically
as a malignant condition. Thus, ruling out malignancy is a concern
especially in a menopausal lady. The possible gynaecological
presentation can be post-menopausal bleeding, abnormal uterine
bleeding in a menstruating women, abnormal cervical smears, a
malignant looking cervical growth or a pelvic mass.

Pelvic malakoplakia was reported in a 30-year-old AIDS patient
after disseminated M. Simiae infection. She underwent laparotomy
for the same which revealed a large lobulated mass arising out
of right adnexa with extensive adhesion to surrounding structures.
Only partial resection and biopsy of the mass were performed and
histopathological examination revealed malakoplakia. However the
outcome was not known as the patient was lost to follow-up [3].
Shaikh H et al., reported malakoplakia of uterus in a 28-year-old
parous lady. She had undergone laparotomy and later on started
on ciprofloxacin to which she responded well [9]. Eckford SD et
al., reported an 81-year-old lady with postmenopausal bleeding
who presented with an ulcerating polypoidal bleeding lesion in
cervix mimicking malignancy. The polyp was excised and the
histopathological examination revealed features of malakoplakia
without any evidence of malignancy or infection [10]. Hall V, reported
another case of cervical malakoplakia wherein the entire cervix was
replaced by a fungating mass which reached half of the vagina.
Histology of the biopsied specimen showed chronic inflammatory
granulomata with pathognomonic Michaelis-Gutmann bodies
without any evidence of malignancy [11]. A case of malakoplakia
in cervico-vaginal smear was reported in a 54-year-old lady which
consisted of abundant histiocytes with characteristic Michaelis-
Gutmann bodies, polymorphonuclear leukocytes, lymphocytes and
plasma cells. Colposcopic examination of the same revealed friable,
easily bleeding tissue in the uterine cervix and vaginal fornix [12].
Ehara T et al., reported malakoplakia in an endometrial curettage
specimen of an 87-year-old post-menopausal lady presenting
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with vaginal bleeding [13]. Chou SC et al., reported a case of
malakoplakia extensively involving the ovary, fallopian tube and
uterus in a 47-year-old lady with poorly controlled diabetes mellitus.
They proposed that it was the result of poorly controlled diabetes
leading to impaired leukocyte function and combined with E.coli
infection as evident from cultures led to the extensive malakoplakia
[14]. Kiely NP et al., reported a case of uterine malakoplakia with
post-menopausal bleeding in an immunocompromised lady [15].
Another case of extensive malakoplakia of pelvic organs causing
bilateral hydronephrosis due to ureter involvement was reported
in a 49-year-old lady with type 2 diabetes, obesity, asthma, and
congestive cardiac failure. She received long term antibiotics
resulting in shrinkage in size of pelvic mass [16].

Management is challenging as there are no guidelines. Going
through literature, we found that treatment option depends on
presentation. It can be medical, surgical or both. Type of surgical
intervention depends on extent and location of the disease, which
may range from simple excision to long complex abdominal
surgeries if bowel, urinary bladder or ureter is involved. Antibiotics
like aminoglycosides, ciprofloxacin, cephalosporin, cotrimoxazole
with their macrophage concentrating capacity have been tried
with good results. Van der Voort HJ et al., compared treatment
options and concluded that surgical excision achieved higher cure
rate (90%) and on comparing antibiotics, Quinolones were found
to be superior [17].

CONCLUSION

Malakoplakia of uterus is a rare condition. However, to the best
of our knowledge malakoplakia of uterus with actinomycoses co-
infection as a cause of post-menopausal bleeding has not been
reported so far. A high degree of clinical suspicion is needed to
diagnose this condition. This case highlights the importance of
keeping this condition in the differential diagnosis while evaluating
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a case of postmenopausal bleeding. Extensive pelvic malakoplakia
can be mistaken for invasive cancer and so careful histopathological
diagnosis is essential.
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