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Abstract

Oral and maxillofacial surgeons must be aware of the potentially life-threatening complications of dental extractions in patients with hered-
itary haemorrhagic telangiectasia because of their high prevalence of pulmonary arteriovenous fistulas. Despite the lack of evidence-based
guidelines, antibiotic cover should be given to patients with HHT who require oral surgery according to the same rules as those used for

patients at high risk of bacterial endocarditis.
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Case report

A 63-year-old woman was admitted with acute confusion,
fever, and aphasia. A week previously she had had 10
teeth extracted at a dental surgery. Computed tomogram
(CT) and magnetic resonance imaging (MRI) of the brain
showed a left temporal lesion that looked like a bacterial
abscess (Fig. 1). Pus was drained by stereotactic puncture
and grew Fusobacterium nucleatum and Staphylococcus epi-
dermidis. Antibiotics were prescribed intravenously and the
neurological symptoms settled. Cardiac and abdominal ultra-
sonography showed no port of entry.

Unexpected vascular lesions were detected on the chest
radiograph, and CT showed 3 pulmonary arteriovenous fis-
tulas (Fig. 2). Clinical examination showed multiple but
previously un-noticed areas of telangiectasia on the facial
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skin and the oral mucosa (Fig. 3). Oesophagogastroduo-
denoscopy for microcytic anaemia showed multiple gastric
and duodenal angiodysplastic lesions, and we made a diag-
nosis of hereditary haemorrhagic telangiectasia (HHT).
Mutation screening found a p. GIn489X mutation in the
endoglin (ENG) gene.

The pulmonary arteriovenous fistulas were treated by
embolisation, while 3 remaining infected teeth were extracted
after she had taken amoxicillin 3 g orally 1 h preoperatively.
Prosthetic dental rehabilitation and neurological follow-up
for a minor residual memory impairment were planned. CT
of the chest will be done every 5 years.

Discussion

The prevalence of HHT varies from 1:2351 in the French
region of Ain to 1:39 216 in Northern England,' and neuro-
logical complications affect 8% to 12% of the members of
families with HHT.? Pulmonary arteriovenous fistulas occur
in 5-30% of patients with HHT>* and account for two-thirds
of the reported neurological signs, mainly from paradoxical
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Fig. 1. Initial computed tomogram with injection showing a lesion of the
left temporal ring that is inducing a midline shift.

septic emboli through a right-to-left shunt and subsequent
brain abscess.! As many as 19-39% of patients with HHT-
associated brain abscesses die, while less than 8% of patients
with brain abscesses die in the general population.>*

Here, a secondary abscess in a hypoxic infarct or in an
infarct resulting from an aseptic embolism could not be ruled
out. Nevertheless, the patient’s abscess might have been sec-
ondary to dental surgery for 4 reasons: 10 infected teeth
(with associated maxillary sinusitis) were extracted without
antibiotic cover shortly before admission; oral bacteria were

Fig. 2. Computed tomogram of the chest in maximum intensity projection;
axial reconstruction, showing the presence of 2 fistulas. A: artery, F: fistula,
and V: vein.

Fig. 3. Oral telangiectasia on the mucosa of the cheek in the area of the right
mandibular molars.

found in the brain; no other port of entry was apparent; and
the patient had untreated pulmonary arteriovenous fistulas.>*
The cumulative risk of endocarditis resulting from bacter-
aemia caused by daily activity is far greater than the risk of
endocarditis resulting from a single dental procedure,>® so
by analogy with infective endocarditis, the effect of the recent
oral procedure will never be ascertained, even if the causal
relation seems plausible.

Patients with HHT are occasionally referred to oral
surgeons for acute bleeding. The latest recommendations
about the prevention of infective endocarditis during den-
tal procedures state that the risk of adverse effects caused
by antibiotics exceed any benefit from antibiotics given
prophylactically. The exception is patients with high-risk
underlying cardiac conditions, including non-operated car-
diac malformations,>® which share common mechanisms
with pulmonary arteriovenous fistulas, including right-left
shunt and direct access to arterial blood for bacteria that avoid
the pulmonary filter. Despite the controversies concerning
prophylactic antibiotics,” all practitioners should be aware
that the presence of facial and buccal telangiectasia, or of a
history of pulmonary vascular malformations, may indicate
that the patient is at high risk.
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