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ABSTRACT

Case Report

Infective Endocarditis in a Pregnant Female
with Chronic Sialadenitis Associated with
Gingivobuccal Sulcus Malignancy:

A Rare Presentation

Infective Endocarditis (IE) in cancer is not very frequently reported. We report an interesting case of a 27-year-old primigravida
with 30 weeks pregnancy, who presented with high grade fever with severe anaemia and thrombocytopenia. Twenty days before
this presentation, she was evaluated for a gingivobuccal sulcus mass in this hospital, oral examination had revealed a soft, bluish,
non-tender patch on her left gingivobuccal sulcus; as per her old document (clinical picture was retrieved from Department of
Oral and Maxillofacial Surgery) for which a biopsy was done. Biopsy revealed chronic sialadenitis with metaplastic changes of
mucoepidermoid carcinoma. In search of the cause of her fever with anaemia and thrombocytopenia, exhaustive investigations
were done but were inconclusive. Dilemma occurred, when she developed preterm labour at 32 weeks and post-delivery, she went
into respiratory distress. Embolism was kept as a differential but CT Pulmonary angiography was negative. Then, 2D-ECHO showed
a vegetation on the mitral valve. Three sets of blood cultures obtained from different venipuncture sites at 12 hourly intervals were
negative however, she responded to intravenous antibiotics. We presume that the chronic sialadenitis associated with malignancy
lead to the blood stream dissemination of organisms from oral cavity to native valves causing endocarditis.
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CASE REPORT

A 27-year-old primigravida with 30 weeks pregnancy presented
to the antenatal clinic with high grade fever spikes associated with
severe pallor, generalised fatigue and exertional breathlessness. She
was chronic tobacco chewer for 10 years. Her vitals were normal at
presentation. Twenty days earlier she had presented to the dental
OPD in this institute with complaints of feeling of a small lump inside
the left mouth with mild left jaw pain. Her oral examination had
revealed poor dental and oral hygiene, caries and a soft, bluish,
non-tender patchy lesion [Table/Fig-1] (retrieved from Department
of Oral and Maxillofacial Surgery) on her left gingivobuccal sulcus,
which was suspicious for malignancy and a biopsy was obtained.
She was asked for follow-up for the biopsy report, but she didn’t
comply. Later, she presented in the antenatal clinics.
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[Table/Fig-1]: Bluish soft patch on left gingivobuccal sulcus (arrow).

In this admission; her abdominal examination revealed 30 weeks
gravid uterus with normal Fetal Heart Sound (FHS). General
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examination: Pulse 110/min, regular, all the peripheral pulses were
well felt. Blood pressure was 118/78 mm of Hg in right arm. Pallor
was present. Jugular Venous Pulse (JVP) was normal. There was no
clubbing and there were no signs of IE visible.

Cardiovascular system examination revealed normal S1 and S2.
There was no S3/S4 or murmurs. Respiratory system examination:
bilateral air entry was normal, vesicular type. There were no crackles
or ronchi. Central nervous system examination revealed normal
higher functions, cranial nerves were intact, there were no focal
neurological deficits and sensory examination was normal.

Routine labs in this admission revealed; Hb-4.6gm%, MCV-87 fL,
TLC-13,400/mm3, Platelets-59000/mm?. Peripheral smear showed
normocytic normochromic with mild anisopoikilocytosis showing
few microcytes, tear drop cells with reduced platelets. Possibility
of haemolysis was ruled out by normal reticulocyte count, Lactate
dehydrogenase, normal bilirubin and negative Direct Coomb Test
(DCT) and Indirect Coomb Test (ICT). Autoimmune profile was negative
which included Antinuclear Antibodies (ANA) and Antiphospholipid
Antibodies (APLA) work up. Sickling was also negative with normal
Hb electrophoresis. International Normalised Ratio (INR), activated
Partial Thromboplastin Time (@PTT) was normal. Peripheral smear
for malarial parasite, dengue NS1and IgM, HIV, HbsAg, anti HCV
was negative. Possibility was Hemolysis, Elevated Liver Enzymes,
Low Platelet Syndrome (HELLP) syndrome was ruled out by normal
Blood pressure, normal Liver function test and negative urinary
dipstick. She was stabilised with blood transfusions and foetal
monitoring was done. Subsequently, her haemoglobin and platelets
stabilised and she was monitored in the hospital.

Her medical record was retrieved. Ultrasound of the neck and of her
oral lesion revealed the lesion to be hypoechoic with hypervascularity
at Doppler with enlarged left submental, submandibular and
jugulodigastric node. Biopsy report retrieved showed features
suggestive of chronic sialadenitis with metaplastic changes of
mucoepidermoid carcinoma [Table/Fig-2].
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tissue, with evidence of chronic sialadenitis (long arrow) along with acinar and ductal
structures showing evidence of squamous metaplastic changes (short arrow), with
central focus showing the development of mucoepidermoid carcinoma (arrow head)
on histopathological examination.

After 2 days, her fever spikes continued and her TLC increased to
17800/mm?®. She was started on iv antibiotics. Her counts remained
high as 37,100/mm? with neutrophilic leukocytosis on smear. She
was monitored in this hospital. At 32 weeks of her pregnancy, she
developed pre-term labour and delivered a preterm female baby by
normal vaginal delivery. Baby was managed in NICU.

However, eight hours after delivery, she developed sudden
respiratory distress. She was intubated prophylactically and kept
on ventilator support in Continuous Positive Airway Pressure
(CPAP) mode. Possibility of pulmonary embolism was kept when
her D-dimer was positive and she was started on Low Molecular
Weight Heparin (LMWH). A CT Pulmonary angiography was done
which was negative for pulmonary embolism. Her ECG showed
inverted t waves in lead |, avVL and deep negative t waves in V,,
V,and V,. Clinically, cardiovascular examination was unremarkable.
Troponin | and Creatine Kinase-MB (CK-MB) was negative. A 2D-
ECHO showed a vegetation on anterior mitral leaflet with moderate
mitral regurgitation which was confirmed by Transoesophageal
Echocardiography (TEE) [Table/Fig-3]. Three sets of blood cultures
obtained from different venipuncture sites 12 hours apart were
negative for any organism. She was started on i.v ceftriaxone and
vancomycin. Her two times, three site blood culture revealed no
growth. However, she responded to the antibiotics and her condition
stabilised, fever settled and counts were also normalised.

[Table/Fig-3]: Transoesophageal view showing LA with echogenic mass on anterior
mitral leaflet (arrow).
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After 4 weeks course of antibiotics, repeat 2D-ECHO was done
which showed the resolution of vegetation [Table/Fig-4]. She was
then transferred to oral and maxillofacial surgery department for
further management of oral mucoepidermoid carcinoma.
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[Table/Fig-4]: Transthoracic four chamber view showing resolution of the vegetation
on mitral valve.

DISCUSSION

Infective Endocarditis (IE) is one of the deadly infections known and
is associated with large morbidity. Endocarditis is an inflammation
of the endocardium and heart valves. McCoy WC and Mason JM
in the year 1951, suggested the association of IE with colon cancer
[1]. Still, there is scarcity of the data, explaining the association and
possible mechanisms.

We report one of the rarest case of a primigravida with 30 weeks
pregnancy presenting with high grade fever, clinical examination led
to the discovery of her oral mucoepidermoid cancer and further, the
exhaustive search of the cause of her fever, lead to the diagnosis of
IE. Luckily, she responded well to antibiotics and the vegetation got
completely resolved within three weeks.

The changing trend in incidence shows more frequency in elderly
and overall incidence of IE is between 2 and 10 episodes per
100,000 person-years in most population-based studies [2-4]. IE
most commonly involves mitral valve, followed by the aortic valve,
followed by multivalvular disease [5,6].

Earlier, rheumatic heart disease with mitral stenosis was most
commonly associated with IE but now more common lesions are
mitral regurgitation, aortic valve disease (stenosis and regurgitation),
and congenital heart disease [7,8]. Besides, structural heart disease
and prosthetic valves, risk factors include previous history of IE,
dental procedures, other invasive medical procedures and injection
drug abuse. Recently, diabetes mellitus and kidney disease have
emerged as potential risk factors as well [9].

Malignancy being a hypercoagulable state, non-bacterial
thrombotic endocarditis is frequently seen. But, the association
between cancer and IE is also not a new entity. The aetiological
relation between Streptococcus bovis and colon cancer has
been well described in literature [10]. Infact, the recent European
guidelines suggest ruling out of cancer in every patient of IE caused
by S. bovis (gallolyticus) [11].

Poor oral hygiene and oral bacteria are well related to onset
of IE. Kawamata H et al., in their study of 47 patients with IE,
showed that 57.4% of bacteria from blood cultures of the patients
were commonly existing bacteria in oral cavity [12]. Similarly,
Chocolatewala N et al., in their study have implicated the role of
oral bacteria in oral cancer [13].
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Occurrence of IE in pregnancy is extremely rare, the incidence
being around 0.006% [14]. The index patient did not have any
evidence of prior rheumatic affection of valves. In this case
mucoepidermoid carcinoma with superadded sialadenitis and
poor orodental hygiene may have contributed to IE. It is also
possible that the malignancy was a chance coincidental finding
which was incidentally discovered on clinical examination although
she was asymptomatic. The only possible source for development
of IE was sialadenitis which might have been an association or;
it existed prior to development of malignancy. Though, she was
a tobacco chewer, interestingly, her malignancy was unrelated.
Biopsy proved it to be chronic sialadenitis with metaplastic
changes of mucoepidermoid carcinoma.
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