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Malakoplakie is a chronic granulomatous inflammatory disease, which usually affects the genitourinary tract and less frequently other sites such as, kidney, ureter,

bladder, bone, lung, skin, gastrointestinal tract and ovary.

We report a case of ovarian malakoplakie in a patient on anti-inflammatory admitted to the emergency room for a painful hypogastric mass, from the left iliac pit.

Introduction

Malakoplakie, also known as malakoplasia [1], is an
inflammatory granulomatous disease induced by defective
phagocytic macrophagic activity. It usually affects the whole
body, but the genitourinary tract in about 75% of reported
cases. Other organs such as the gastrointestinal tract, thyroid,
pancreas, liver, brain, lymph nodes, adrenals, skin, bones,
backpertis and ovary are less common. It represents a deficit
in the macrophagic digestion of bacteria, but its precise
pathogenesis is not yet clear [1]. Its treatment is essentially
based on antibiotic therapy [2]. We report a malakoplakie
observation in order to expose the difficulties associated with
its management in a resource-limited environment.

Clinical case

This was a 41-year-old patient who had been admitted to the
emergency room for pelvic pain for a month and was operating
in a febrile setting. The accompanying signs were digestive type
made of diarrhea and vomiting. No urinary symptoms were
found. Clinical examination showed a patient with an alteration

of the general condition, a hyperthermia at 39 degrees, a
painful swelling of the left iliac pit with abdominal defense
located in left iliac pit. Biology had shown hyper leucocytosis at
15,000/mm?3 predominantly polynuclear neutrophils associated
with anemia at 5g/dL. The abdominal ultrasound had been
objectified: a localized abscess in the pelvis with bilateral
pyelolo-calicial dilation without visible barrier, right and
left inguinal adenopathies without obvious compression, and
medium-abundance ascite. The surgical indication retained;
the patient benefited from an exploratory laparotomy that
found a voluminous peritoneal abscess at the expense of the
left ovary. A wash of the peritoneal cavity associated with a left
oophorectomy was performed. Cytobacteriological examination
of abscess fluid had isolated gram-negative bacillus such as
Escherichia coli. Cytobacteriological examination of the urine
was sterile. The surgical suites were simple with apyrexia and
an amendment of abdominal pain under double probabilistic
antibiotic therapy. The patient was discharged on the 6th day
post-operative.

Anatomopathological examination one month after the
operation of the exeresis was found: ovarian tissue with large
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outbreaks of inflammation, in which histiocytes predated
and lymphocytes were found in smaller quantities. In the
cytoplasms of macrophages, there were bodies of Michaelis-
Gutmann, pathognomonic of malakoplakie (Figures 1,2).

Remote evolution was towards a recurrence of
symptomatology with chronic parietal suppuration and armour
of the pelvis. The patient was remissioned on fluoroquinolones-
based antibiotic therapy (ciprofloxacin 500mg every 12 hours)
and metronidazole 500mg every 8 hours scheduled for three
weeks. In front of the abdominal-pelvic armour, a surgical
abstention was indicated with continued medical treatment.
Under this treatment the evolution gradually turned to
hematuria, a unilateral edema of the left pelvic limb. The
requested abdominal-pelvic scanner could not be carried out
due to a lack of financial means. The patient was discharged 3
days later against medical advice.

Discussion

Malakoplakie is originally a Greek word meaning "soft
plate." It is an unusual inflammatory disease that was initially
described as affecting the bladder. It can be observed at any
age with a peak frequency at the age of fifty. Both sexes can
be achieved, but with a preference for the female sex [3]. The
case described in our observation had interested a 41-year-old
woman.

In 1902, Michaelis and Gutmann discovered during the
autopsy of two women with a long history of cystitis, curious

Figure 1: Inclusions of Michaelis-Gutmann in the cytoplasm of histiocytes and
stroma.

Figure 2: Area with more macrophages and fibrosis.
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lesions in the bladder [4] before reporting cases of damage to
the entire urogenital system, the digestive system, the skin,
lungs, bones and mesenteric ganglia [5].

Extra-urinary lesions are less common and occur in 40%
of cases. They are of interest to the digestive tract in 20% of
cases and backperittisy in 10% of cases [3]. Isolated cases have
been reported in the skin, vulva, vagina, endometrial, adrenal
and brain [6].

Favourable factors such as intercurrent disease or
immunosuppression were reported in 40% of cases by Long and
Stanton [7]. The use of long-term anti-inflammatory in our
patient could be considered in our case as a factor promoting a
decrease in immunity and therefore of the disease.

Recent cases have been reported in heart, kidney and AIDS
transplant patients [8].

Malakoplakie does not clinically offer any specificity [7].
The tell-tale signs are most often a function of the affected
organ. Retroperitoneal impairment most often occurs as an
evolutionary complication, by locoregional extension of a
multifocal malakoplakie at uro-genital or digestive starting
point [9]. This will result in a pollakiuria and urination
emergency with hematuria or urinary tract infection in case of
vesiacal damage or low back pain associated with a fever when
it comes to kidney or ureter damage.

Although exact pathogenesis is not known, malakoplakie
probably results from an abnormality in the response of
macrophages to a urinary tract infection especially to E.
Coli [10]. It seems that malakoplakie is the morphological
manifestation of the deficit of factors involved in macrophagic
digestion. Cyclic guanosine emonophosphate (GMPc) is
necessary for the function of lysosomial microtubules and a
GMPc deficiency has an inhibitory effect on phagocytosis.
Cholinergics, serotonin and ascorbic acid increase intracellular
levels of GMPc and promote phagocytosis. Corticosteroids,
adrénégics, prostaglandin E and histamine, on the other hand,
decrease intracellular levels of GMPc thus inhibiting cellular
digestion and thus promoting the onset of the disease [6].

The diagnosis is anatomo-pathological. At microscopy,
the lesion is characterized by large histiocytes called "Von
Hansemann'" cells with small intra and extra-cytoplasmic
basopic inclusions or "Michaelis-Gutmann" bodies that are
pathognomonic [6], such is the case observed in our study on
the left ovary.

The lack of completion of the abdomino-pelvic CT scan did
not allow us to take stock of the urinary lesions and to assess
the renal resonance of the parenchymatous and ureteral lesions
especially since the ultrasound had revealed bilateral uretero-
hydronephrosis.

The treatment of malakoplakie is based on antibiotic
therapy adapted to the found germ and possessing good
intracellular penetration. Medical treatment is currently
offered as a first-line, based on the use of antibiotics adapted
to the germs responsible: most often it is fluoroquinolones or
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cotrimoxazole trimethophyprime [11]. The addition of ascorbic
acid to these drugs appears to improve the performance of
treatment [9]. Immunosuppressive treatments should be
discontinued whenever possible. In case of abscess, drainage
may be indicated. Surgical treatment is indicated in case of
destruction of the affected organ [8]. In our case, we had used
fluoroquinolones with the cessation of anti-inflammatory
drugs. Exeresis of the affected organ may be necessary as the
left oophorectomy performed in our case followed by drainage
of the peritoneal cavity. Unfortunately, appropriate antibiotic
therapy was instituted with a little delay and was not always
well followed, therefore not allowing good infection control.

The evolution can be made towards aggravation by
impacting on the neighboring and compression organs of the
pelvis [12]. This has been observed in our patient. Unilateral
edema in our patient may be related to neurovascular extrinsic
compression. Departure against medical advice is a common
fact on the periphery. As in our current case, it does not
allow for good patient follow-up or effective assessment of
management.

Conclusion

Malakoplakie is a rare condition. Its management is medical
and sometimes surgical. The follow-up of our patient was not
satisfactory due to a departure against medical advice. This is a
behaviour to be discouraged under our skies because it does not
allow a good evaluation of the treatments instituted.
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