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Introduction

Schistosomiasis, caused by Schistosoma mansoni, S.
japonicum and S. haematobium, a chronic debilitating
disease is the fourth most prevalent disease in the world
and has been estimated to globally infect 1 in 30
people'. The disease results directly from eggs and from
the granulomatous host response to them. The adult
worms produce little damage other than deposition of
eggs. Schistosomiasis may produce a variety of lesions in
any part of the female genital tract'. To what extent S.
mansoni, and S. japonicum cause genital schistosomiasis is
still debated. Lower genital tract (LGT) lesions by S.
japonicum, seems to be extremely rare while affliction of
the ovaries is common. S. mansoni eggs have been
regularly encountered in the cervix, vagina and uterus
but seldom in the vulva, fallopian tubes or ovaries.
Unlike S. mansoni, a significant portion ofS. haematobium
ova, calcify and accumulate in the affected organs.
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Of the female genital organs, the fallopian tubes,
ovaries, uterine cervix, parametrium and vagina are the
most commonly affected. It has been reported that
female genital schistosomiasis is a neglected disease
entity that has been associated with considerable
suffering among women of child-bearing age in all the
endemic areas for urinary schistosomiasis. It has been
found to cause infertility, pregnancy complications,
menstrual disorders, problems related to sexual
intercourse, diagnostic difficulties with STD's and
cancer, unspecified complaints related to blood loss,
chronic abdominal pain, social segregation and
psychological problems. Lower genital tract (LGT)
lesions are easily detectable by gynaecological
examination and colposcopy. Typical eggs can be
identified by examining wet-crushed tissues of biopsies.
The eggs in the lower genital tract can give rise to a
wide array of symptoms that cause severe psychological
effects in the affected individuals. On the other hand,
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lesion of the upper genital tract (UGT) are less
discernible by routine clinical examination and thus
explains why no data is available on its prevalence in the
various age groups to determine the exact morbidity of
this condition. This also explains why this disease
manifestation has caught little attention from
gynaecologists and parasitologists.

The gynaecological involvement in S. japonicum
infection is a rare entity. Narabayashi3 in 1914 reported
the first case of infection of a foetus by trans-placental
passage of the parasite. Later Ching-Ch'ien4 reported
from China, a case of uterine involvement in a 42 year
old patient who presented with menometrorrhagia and
an enlarged uterus. Thus far only a few cases have been
reported. This paper describes the various courses
undertaken by surgeons and gynaecologists in this
hospital to arrive at a diagnosis of upper-genital
schistosomiasis mimicking an ovarian tumour. This
would constitute a rare case reported for the first time in
this country and within the Southeast Asian region.

Case Report

A 24-year-old, single, nulliparous Filipino woman
presented with an acute onset of continuous right iliac
fossa pain followed by vomiting. She was afebrile and
did not have any prior bowel or urinary symptoms.
Whilst in the Philippines, she lived in a suburban
apartment in Manila on the main island of Luzon. She
used well water for cooking and washing purposes. She
had worked in an electronics factory previously in
Manila and denied a history of regular contact with any
pools of water. For the past four years, she had lived in
Malaysia. She works as a maid and lives in an urban area
with good piped water and hygienic sanitation facilities.
There is no pool of water in her present area of residence.

On examination, she was in obvious pain but her vital
signs were stable. Systemic examination was
unremarkable. A vague mass was felt in the right iliac
fossa and there was guarding and rebound tenderness. A
pelvic examination revealed a vague mass superior to the
uterus. The rest of the pelvis was normal but
examination was limited by tenderness. Lab
investigations showed leucocytosis and a few white
blood cells in the urine.
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The surgical team who first saw her made a tentative
diagnosis of acute appendicitis based on her symptoms.
She was observed overnight and subsequently referred to
the gynaecology team for the vague pelvic mass. A urine
pregnancy test done to exclude an ectopic pregnancy was
negative. An ultrasound examination showed a multi
septated pelvic cyst, probably of ovarian origin
measuring 6.0 x 3.5 x 4.7cm with a regular thick
capsule. The uterus and the contra-lateral ovary were
normal. A provisional diagnosis of an ovarian torsion
was made and a laparotomy was performed.

Intra-operatively, a congested and haemorrhagic right
par-ovarian cyst measuring 9 x 7 x 6cm was found
enveloped by the greater omentum. The right fallopian
tube was firmly adherent to it. The cyst was removed
and a partial right salphingectomy performed. A partial
omentectomy was done. A small nodule on the left ovary
measuring 0.5cm and another 0.5-cm nodule from the
rectal serosa were similarly removed. Part of the
omentum was also taken for histopathological
examination. The rest of the pelvic and peritoneal
viscera was explored and was found to be normal.

Histopathology

The cyst wall was congested with areas of haemorrhage
and measured 9 x 7 x 6 centimetre. Microscopic
examination showed inflamed granulation tissue and
fibrous tissue in the cyst wall. The histological diagnosis
of schistosomiasis was based on the finding of several
viable as well as calcified eggs of Schistosoma japonicum in
the cystic-cavity admixed with blood. They measured
85Jlm x 62Jlm. The ova were in various stages of
degeneration and often only distorted shell fragments
were present. Ova containing mature miracidia were
recognised by their eosinophilic glands and small
germinal cells. Large numbers of shell fragments
rrapped in fibrous tissue was present with little or no
inflammation. The nodule on the surface of the ovary
revealed eggs of Schistosoma japonicum, some of which
were surrounded by epithelioid and scarring granuloma
(pseudotubercles). [Figure 1-3}. The rectal tissue
showed fibrosis with granulation tissue without
evidence of schistosome eggs.
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Fig. 1: Section of the cyst-wall showing
numerous eggs of Schistosoma
;aponicum - viable and calcified eggs.
H&E x 100

Fig. 2: Scarring granuloma with the egg in the
nidus in fibrotic cyst wall. H &E x 200

Parasitology

Her stool, urine and vaginal smears were negative for
Schistosoma eggs. However, serology using the Indirect
Hemagglutination (IHA) [CellognostR schistosomiasis
Behring} showed significant positivity with an IgG titre
of 1:256. Based on these findings, she was prescribed
praziquantel at 40-mg/kg-body weight. Her post
operative recovery was unremarkable.
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Fig. 3: Many schistosome ova suspended in
blood clot. H &E x 200

Discussion

Involvement of the female genital tract is a relatively
rare condition in schistosomiasis though it has been
known to occur in the female reproductive organs.
Although numerous papers have been published on the
occurrence of female genital schistosomiasis with S.
haematobium infection, scant reports exists for S. mansoni
and S. japonicum infections. S. haematobium is a
significant cause of gynaecological morbidity of both
upper and lower genital tract'. It has been reported that
a significant portion of S. haematobium ova calcify and
accumulate in the affected organs making pathological
sequale more likely6. The involvement of the lower
genital tract is extremely rare in S. japonicum infections,
though affliction of the ovaries has been quoted to be
quite common. This does not appear to be true as no
reports have been published of upper genital
involvement in schistosomiasis japonica except this
present case.

The first case of genital schistosomiasis was of the vagina
reported in Egypt in 18997 • Gibsons described
schistosomiasis haematobium infestation of the female
genital tract in Africa. The involvement of the female
genital tract by S. mansoni in South America was
reported from Puerto Rico and Brazil in 19569•
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How the parasites gain access to the upper genital tract
is still a subject of debate. It has been postulated that the
adult worms of S. haematobium are able to gain easy
access to the internal and external genitalia via the
intricate vascular links between the plexus rectalis and
vesicalis on the one side and veins of the female genital
organs on the other. Gelfand et al. 2 based on their
autopsy study concluded that any woman with urinary
schistosomiasis would have ova in one or several organs
of the reproductive tract based on the location of the
adult parasites. However, in the case of S. mansoni and S.
japonicum whose main predilection sites are the
mesenteric veins, the mechanism of invasion and
sequestration of eggs is still unknown. It is believed that
the worms are able to pass via the anastomoses of the
anorectal plexus through the recto-vaginal septa to reach
the vaginal wall, cervix, bladder, lower-end of uterus,
fallopian tubes and ovaries. This probably explains the
involvement of ovaries in this case. It is a rare
phenomenon and would be considered a 'pathological
curiosity'. The patient, a Filipino, claimed that she had
not entered pools of water, rivers or any area of water
collections to get infected. This defeats the natural
history of the disease as the only mode of entry of this
parasite is through the skin. Being a chronic disease, she
would have acquired this infection early in childhood to
manifest the disease now. It takes approximately
between 5-1 0 years to have a full- blown disease from the
time of acquiring the infection. Physicians and
gynaecologists treating female immigrants need to
obtain a detailed residence and travel history to trace the
source of infection when upper genital tract disease is
strongly suspected. The reason is because the disease is
present in six islands in the Philippines, where at least a
million people are living in ende!llic areas and 650,000
estimated to be infected.

There seems to be a relationship between topographical
localisation of schistosome lesions and age. In very
young girls or those at puberty, the vulva is often
affected but at a later age the vagina, cervix and upper
genital organs are affected lO

• This has been attributed to
the anatomy, principally due to vascular adaptations
starting during puberty, early womanhood and
culminating during pregnancy. This case confirms the
above statement as this particular patient is in her early
womanhood.
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From the clinical point of view, localisation of adult
worms and deposition of eggs in ectopic sites are of
considerable medical importance. Eggs deposited in
these anatomical sites induce formation of granuloma
and eventually lead to fibrosis and scar formation. Giese
etal. ll described two distinct patterns of tissue reactions
in the histological specimens of their patients with
female genital schistosomiasis. The first type was a
strong inflammatory reaction characterised by a diffuse
infiltration of plasma cells, lymphocytes, eosinophils and
macrophages around sites of egg deposition particularly
viable eggs. The second type was a fibrous connective
tissue reaction with a minimal cellular infiltrate best
described as scar tissue. They found surprisingly that this
pattern was observed in the majority of cases around non
viable eggs or calcified shell fragments. In this particular
case, the second type of histological reaction was mostly
seen and interestingly, we found typical epithelioid and
scarring egg granulomas.

Wright et al. 7 who studied retrospectively 176 cases of
schistosmiasis of the female genital tract in Malawi
found the ovary involved in 17 cases. Most of these were
from salpingo-oophorectomy specimens removed for
various reasons including tubo-ovarian abscess, pelvic
adhesions, ovarian cysts, ectopic pregnancy and tubal
ligation. Most of the patients presented during the third
decade. In six of the cases, schistosomiasis was a
probable incidental finding and the diagnosis was based
purely on histological examinations which showed
sparsely distributed shell fragments in tubal smooth
muscle. In this particular case, the operative procedures
were almost similar with the discovery of an ovarian cyst
as an incidental finding confirmed on histology as upper
genital schistosomiasis.

The etiologic role of schistosomiasis in oncogenesis has
been observed in several circumstances. S. mansoni has
been associated with cancer of the colorectum, spleen,
bile duct and hepatocellular malignancy. Tumorigenic
factors secreted by the worms have been implicated in
the development of cervical cancer. S. haematobium has
been associated with squamous cell carcinoma of the
urinary bladder, ovarian carcinoma, ovarian teratoma,
cervical cancer the evidence pointing to the role of
chronic inflammatory stimulus delivered by sequestrated
eggs. Epithelial hyperplasia, basal cell hyperactivity,
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leukoplakia abnormalities frequently observed in women
with female genital schistosomiasis have been regarded as
precancerous reactions evoked by S. haematobium eggs
present in cervical tissue". An etiologic link between S.
japonicum and cancer formation are being reported with
increasing frequency. Pathological records and analyses
have shown a direct correlation between this infection
and cancer. Patho-histological description has become
numerous together with clinical· case reports. However,
no reports are available on the involvement of S.
japonicum infection in the female genital tract and cancer
from the endemic ar,eas. The symptoms and signs seen in
this patient appeared to mimic a par-ovarian tumour and
an etiologic link could be established definitely as eggs
were seen within the cyst. Gynaecologists, pathologists
and parasitologists working in endemic areas for
schistosomiasis japonica need to determine the
distribution and extent of female genital schistosomiasis
and cancer from either autopsies or biopsies to determine
the extent of the involvement of this infection in their
population. In endemic areas, it is envisaged that a large
number of women of childbearing age could be having

disease involving the upper genital tract, which is
undiagnosed, as it is asymptomatic unless complicated.

It is interesting to note that the initial diagnosis of this
case based on the right iliac fossa pain was acute
appendicitis. Subsequently, it was diagnosed as ovarian
tumour and later on laparotomy was found to be a
twisted right parovarian cyst. The diagnosis of
schistosomiasis would never have been arrived had it not
been for histopathology and the serology. The events of
this case from initial to final diagnosis shows that upper
genital tract schistosomiasis can mimic a number of
disease conditions. An increased awareness of female
genital schistosomiasis is necessary for our Malaysian
gynaecologists who are encountering immigrants from
endemic areas in their hospital settings.
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