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Introduction

Melioidosis is a pyogenic infection caused by the soil-
associated bacterium Burkholderia pseudomallei®. It is
an important cause of community-acquired sepsis in
Southeast Asia and northern Australia'2. Melioidosis
is an emerging infection in India, with a reported
prevalence of 7%?. Sri Lanka, positioned between 5-
10 degrees north, is situated in the endemic belt and
has similarities in weather and environmental
conditions with other countries in South Asia.
However, Sri Lanka has been considered non-endemic
for melioidosis*. This disease being commoner in rural
populations where it goes undetected and the high
mortality before a diagnosis is made, may have
contributed to the so far perceived low prevalence of
melioidosis in Sri Lanka®.

It is classically characterized by pneumonia and
multiple abscesses, with a mortality rate of up to 40%°.
However, little is currently known about bacterial
pathogen evolution and adaptation within the host
during acute infection’. Infection is acquired by
inoculation or inhalation and is more common in
patients with underlying chronic disease. Melioidosis
has a myriad of clinical manifestations and can present
either as acute fulminant infection or chronic indolent
debilitating illness. However, it has also been reported
in asymptomatic afebrile patients®. Melioidosis in
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neonates is also recognised with possible feto-
maternal transmission’. In this case report we present
a 7 year old child from Ampara with Beta thalassemia
major who had chronic melioidosis manifesting as
severe emaciation and multiple liver abscesses.

Case report

A 7 year old child with Beta thalassaemia major, on
regular monthly blood transfusions since the age of
five months, presented with a history of poor weight
gain and progressive emaciation over the past 7
months. He was transferred from Ampara General
Hospital to Teaching Hospital Peradeniya for further
evaluation. His parents and younger sister were
carrying the thalassemia trait and his elder sister was
getting regular blood transfusions for congenital
dyserythropoietic anaemia. His serum ferritin level
was 4,720 pg/L on admission and recent evaluations
showed no evidence of diabetes, hypothyroidism,
hypoparathyroidism or cardiac haemosiderosis.
However, there had been a recent increase in the size
of liver (7cm below right costal margin with normally
lying upper border) associated with progressive
abdominal distension and generalised wasting of the
body (Figure 1).

Figure 1: Six yvear old child
with severe enmciation amnd
abdominal distension
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During the same period child had been otherwise
asymptomatic apart from a febrile illness a month
before which was treated with intravenous antibiotics
as for sepsis. There was no history of abdominal pain,
icterus, altered stool / urine colour or any bleeding
manifestations. There was no history recurrent
infections, chronic diarrhoea or recent increase in
requirement for blood transfusions. Child had a poor
socioeconomic background and diet quality and
quantity had been poor. Physical examination found

an afebrile, emaciated child with pallor and
hepatosplenomegaly without icterus or
lymphadenopathy.

ESR serial values were above 110 mm in the 1% hour
with elevated C-reactive protein (CRP) (>96 mg/L).
Mantoux test and sputum for acid fast bacilli were
negative. Hepatitis B surface antigen and hepatitis C
antibody levels were negative. Blood culture showed
no growth and blood gases were normal. Human
immunodeficiency virus antibodies were not detected.
Chest x-ray did not reveal lymphadenopathy,
malignancy or evidence of lung abscess. Ultrasound
scan (USS) of abdomen showed multiple focal lesions
within liver with hepatomegaly and was suggestive of
resolving abscesses or malignancy. The kidneys,
pancreas, adrenal glands and spleen were normal apart
from splenomegaly. Blood picture was not suggestive
of a haematological malignancy and full blood count
showed normal cell count and differential count.
Serum alpha feto protein was 1.1 IU/ ml and was also
not supportive of liver malignancy. Liver profile
showed normal liver transaminase (SGOT/ SGPT)
values, normal gamma glutamyl transferase, normal
bilirubin (direct and indirect fractions) with

marginally reduced total protein and albumin levels.
tomography of the
abscesses

abdomen was
though

Computed
suggestive of multiple liver
malignancy could not be excluded.

Figure 2: Compaited tomography showing
A iver absoesses
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Subsequently child underwent USS guided liver
biopsy and histology showed extensive hepatocellular
necrosis, fibrosis and chronic hepatitis in addition to
haemosiderosis. Melioidosis antibody levels were
arranged as radio imaging was suggestive of poorly
resolving chronic infection of the liver. Following
admission child was given intravenous (IV) antibiotics
including meropenem and vancomycin to cover
possible poorly resolving chronic infection. During
ward stay he developed rapid onset septic arthritis of
the right elbow joint and it was planned to do
arthrotomy and culture of the joint fluid. While child
was awaiting the orthopaedic intervention, melioidosis
cultures and antibody titres became positive.
Subsequently long term treatment with IV antibiotics
was arranged with intravenous meropenem for one
month (Phase 1) and oral cotrimoxazole for 6 months
(Phase 2). Child was redirected to the local
paediatrician for continuation of further care.

Discussion

The first published report of melioidosis in Sri Lanka
was in 1927 in a European tea broker resident in Sri
Lanka and it is also believed to be first reported in
South Asia!®. There had been no reported cases of
melioidosis up to 19947, Corea et al. (2012) stated
there had been seven reported cases of melioidosis in
Sri Lanka by year 2008 and the numbers will further
increase with improved detection and diagnosis. All
seven cases reported were aged above 25 years and
their comorbidities included diabetes mellitus, renal
disease and alcoholism which were likely to be
predisposing factors.

In the current case report the child was from a rural
area of the country and concurrent beta thalassemia
major had been a predisposing comorbidity in
acquisition of melioidosis. Child did not become acute
ill with a fulminant course though he had developed
severe emaciation and clinically indolent multiple
liver abscesses. Thalassemia has been shown to be
associated with melioidosis and it has also been
reported in older children who underwent splenectomy
following hypersplenism from South East Asia'l. The
fact that our child is from a rural area reinforces the
previously published information that the disease may
be underreported in less resourceful areas’.

As the clinical presentation of melioidosis varies,
diagnosis on clinical grounds alone is not easy.
Therefore, definitive diagnosis is based on isolation of
the organism from the affected sites and serological
evidence. Samples obtained from sites of infection like
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sputum, abscess aspirations, joint fluid aspirations,
wound or rectal swabs, urine and blood etc. can be
cultured. The organism grows easily on commonly
using bacteriological culture media but identification
is difficult due to unfamiliarity of laboratory staff
about the unusually variable colony morphology and
inconstant performance of initial biochemical tests.
Therefor the final confirmation requires the use of
molecular based PCR or MALDI-TOF in a reference
laboratory.

An indirect haemagglutination test (IHA), various
enzyme-linked immunosorbent assays (ELISAs), and
other serologic assays are available to detect specific
antibody production against the pathogen. In endemic
areas, their usefulness is limited by high rates of
background antibody positivity. In acute septicaemic
melioidosis, THA and ELISA are often initially
negative, but repeat testing may show seroconversion.
Thus, paired samples with seroconversion, rising titres
or extremely high titres will support the diagnosis of
melioidosis.

Blood culture obtained from the child on 22" August
2014 grew a mixed growth of two organisms and one
isolate gave similar performance that is suggestive of
B pseudomallei, with safety pin appearance in the
Gram stain and was pink on Mac Conky agar on 48
hours with positive oxidase test though primary
subculture antibiogram was not typical. His serology
by IHA was very high giving confirmation of the
diagnosis with a titre of 1/10 240.

Principal choice of antibiotics used in acute infection
(first phase) comprises a cephalosporin, usually
ceftazidime, or a carbapenem, usually meropenem.
Alternatives such as cefepime and imipenem have
both been proposed for acute therapy, and imipenem
has been successfully used in clinical practice'®.
Duration of treatment of acute infection is currently
debated however; recently updated therapeutic
guidelines!® recommend a minimum duration of two
weeks that needs to be extended when deep seated
infections are present. Cotrimoxazole and folic acid
can be used as adjunct therapy with extended
infections involving  nervous system, bones, and
joints. Cotrimoxazole, doxycycline and coamoxyclav
are recommended for eradication (phase 2) of
Melioidosis and minimum duration of treatment is
three months'*.
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