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Abstract

Lemierre syndrome is characterized by septic thrombophlebitis of the internal jugular vein, after an oropharyngeal
infection, with septic embolization to the lungs or other organs. This case report describes a 37-year-old female patient
who presented with edema and pain in the right hemiface with onset 3 days previously and progressive fatigue and
dyspnea since the previous day. She had had tooth 48 extracted 3 days previously. Physical examination at admission
found tachypnea, with 60% saturation (in room air), edema at the angle of the right mandible, diffuse reduction of
vesicular murmur, and calves free from clubbing. Angiotomography of the chest and laboratory tests were compatible
with septic emboli, and cervical computed tomography confirmed a diagnosis of septic thrombophlebitis of the
internal jugular vein. She was managed with antibiotics and given treatment for her symptoms. Lemierre syndrome
most often occurs in young men and there is embolization to the lungs in up to 97% of cases. Rarely, the etiology of
this syndrome may be tooth extraction. Computed tomography is the imaging method most often used for diagnosis
and treatment is basically antibiotic. Surgery is thus rarely necessary.
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Resumo

A sindrome de Lemierre caracteriza-se pela trombofiebite séptica da veia jugular interna, apds uma orofaringite, com
embolizagio séptica para o pulméo ou outros 6rgaos. Neste relato de caso, apresentamos uma paciente feminina, 37 anos
de idade, com historia de edema e dor em hemiface direita ha trés dias, associada a fadiga e dispneia progressiva ha um
dia. Histéria de extragdo dentaria do elemento 48 ha trés dias. No exame fisico admissional, apresentava-se taquipneica,
saturando 60% (em ar ambiente), com edema em angulo da mandibula direita, redugao difusa do murmdrio vesicular
e panturrilhas sem empastamento. Angiotomografia de térax e exames laboratoriais foram compativeis com quadro
de embolia séprica, e tomografia computadorizada da cervical corroborou o diagndstico de tromboflebite séptica da
veia jugular interna. Foi tratada com antibiéticos e sintomaticos. A sindrome de Lemierre afeta mais homens jovens
e tem embolizagdo para o pulmao em até 97% dos casos. Extragdes dentarias raramente podem ser a etiologia dessa
sindrome. A tomografia computadorizada é o método de imagem mais utilizado no diagndstico, e o tratamento é,
essencialmente, com antibioticos; portanto, a abordagem cirlrgica é raramente necessaria.
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INTRODUCTION

Lemierre syndrome (LS) is characterized by
septic thrombophlebitis of the internal jugular vein
after oropharyngitis, with septic embolization to the
lungs or other organs.' In extremely rare cases, tooth
extraction may also trigger this syndrome.*?

The syndrome primarily affects young adults® and
can potentially be fatal."**” Lemierre syndrome is
also known as the “forgotten disease”, because of
its rarity.” It has an incidence of around 3.6 million
people per year,” with mortality of around 5%, when
diagnosed.>® Treatment is basically founded on
antibiotic therapy tailored to the pathogen involved
and surgery is rarely needed.¢

In this case report, we describe a woman who
exhibited LS atypically, after tooth extraction.

CASE REPORT

A 37-year-old female patient was admitted after
presenting at a hospital on April 1, 2017 with facial
edema and pain involving the right hemiface, with onset
3 days previously and asthenia and progressive dyspnea
in response to moderate force since the previous day.
She reported no episodes of fever. Hitherto healthy,
she had performed her daily physical activities with no
complaints prior to this occurrence. She had a history
of bruxism, complicated by a dental trauma to the
right lower second molar 3 days previously, requiring
extraction, which had been performed immediately.

Her general state of health was normal on physical
examination, but she had tachypnea with a respiratory
rate of 30 breaths per minute, oxygen saturation of
60% in room air, and she had edema of the right
hemiface. On chest auscultation, there was a notable
diffuse reduction of vesicular murmur, cardiac sounds
were rhythmic and normal sounding, and there were
no murmurs. Her calves were free from clubbing, and
both Bancroft’s and the Homans signs were negative.

Ahypothesis of pulmonary thromboembolism (PET)
was considered and so angiotomography of the thorax
was ordered on April 1, 2017 and showed that the
patient did not have PET. However, it revealed opaque
nodules sparsely distributed throughout the pulmonary
parenchyma bilaterally, thickened interlobular septa,
with ground glass attenuation, and pleural effusion
bilaterally, with a cissural component on the left,
suggestive of a diagnosis of septic emboli (Figure 1).
Laboratory tests of samples taken on April 2, 2017
revealed Leukocytosis at 16,050, with predominance
of segmented cells and no bandemia, while C-reactive
protein (CRP) was elevated at 26.3 mg/L.

On April 4, 2017, computed tomography (CT) of
the face and cervical region showed increased density
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Figure 1. Computed tomography showing pulmonary opacities.

and enlargement of soft tissues in the right hemiface
and thrombophlebitis of right internal jugular vein
tributaries (Figure 2). Since clinical and radiological
findings correlated, a diagnosis of LS was made.

Throughout her clinical course, the patient
remained in a standard ward and she was medicated
throughout her stay with analgesics, non-steroidal
anti-inflammatories, and antibiotics. Analgesia was
with dipyrone and tramadol, given regularly over the
first 5 days. The inflammatory process was managed
with 100 mg of ketoprofen every 12 hours for 10 days
and 10 mg of prednisone every 12 hours for 10 days.
Initial empirical antibiotic therapy was a combination
of azithromycin, clindamycin, and ceftriaxone, but
once the antibiogram results were in on the second
day, this was altered to 600 mg of clindamycin every
6 hours, for 10 days, and 2 g of ceftriaxone once a
day for 10 days.

Over the course of her hospital stay, the patient’s
laboratory parameters improved to the point that, on
April 9, 2017, she had 11,330 leukocytes, was free
from bandemia, and her CRP had fallen to 1.7 mg/L.
Relief from pain was achieved on the first day of
admission and after 24 hours the patient no longer
exhibited dyspnea and her pulse oximetry reading
was 95% in room air. Since she had improved from
both clinical and laboratory perspectives, she was
discharged from hospital 10 days after admission.

DISCUSSION

In 1936, André Lemierre, described a disease
complex that combined anaerobic and septic bacterial
infections after tonsillitis.”!® Lemierre’s illustration
focused on septicemia after angina caused by
Fusobacterium necrophorum, describing a progression
from suppurative peritonsilar infection, through
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Figure 2. Sequential computed tomography slices showing areas of thrombophlebitis of right internal jugular vein branches (inside

red circles).

thrombophlebitis of the internal jugular vein, to septic
embolization of distant sites, such as the lungs."!

The most common site of infection is the palatine
tonsils (87.1% of cases).'? Odontogenic infections,
mastoiditis, parotitis, sinusitis, otitis, and infections
of the skin or subcutaneous tissues can also be the
primary site of infection.”!?

Clinical manifestations include fever with temperatures
from 39 to 41 °C and shivering from 4 to 5 days after
onset of pharyngitis.®’ Pain and stiffness of the neck
and cervical lymphadenopathy can also occur. Edema
and pain at the angle of the mandible or anterior and
parallel to the sternocleidomastoid muscle indicate
involvement of the parapharyngeal space (26 to 45%
of cases).*!” Respiratory problems are present in
the majority of cases.® In atypical presentations, the
patient may not have fever and LS may even not be
preceded by pharyngitis.

There is pulmonary involvement in up to 97% of
cases of the syndrome,**® caused by hematogenic
propagation of bacteria.'? Pleural pain may be intense
and dyspnea may be present,”!" while auscultation
may detect pleural friction rub. A chest X-ray typically
shows bilateral opacities and small pleural effusions.’

Early diagnosis is vital to prevent sepsis and
death®’; but it is very often delayed because of the
indolent course and because the syndrome is not
well-known.” Definitive diagnosis can be made with

CT, phlebography, simple echography, or duplex
scanning of the cervical region.® The most useful of
these for diagnosis is CT with contrast,*” which will
show edema of soft tissues and filling failures or
even the thrombus itself in the interior of the internal
jugular vein.

The first line treatment for LS is intravenous
antimicrobial therapy,* with coverage for anaerobic
microbes.*!*! Response to antibiotics is slow and the
average time between start of treatment and resolution
of fever varies from 8 to 12 days.”!?

Surgical exploration with ligature and excision of
thee internal jugular vein is rarely necessary, but may
be indicated in cases with persistent septic emboli
or for surgical drainage of abscesses or pulmonary
empyema.®>!'!* The role of anticoagulation is still
controversial and there are no randomized trials that
support its use.*6!114

CONCLUSIONS

In view of the potential mortality of LS, it is very
important that physicians are able to recognize this
syndrome early, primarily after presentations suggestive
of pulmonary embolism subsequent to bacteremia of
the upper airways, so that they can promptly initiate
an effective treatment approach.
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Resumo

A sindrome de Lemierre caracteriza-se pela tromboflebite séptica da veia jugular interna, apbs uma orofaringite, com
embolizagdo séptica para o pulméo ou outros 6rgdos. Neste relato de caso, apresentamos uma paciente feminina, 37 anos
de idade, com histéria de edema e dor em hemiface direita ha trés dias, associada a fadiga e dispneia progressiva ha um
dia. Histéria de extragdo dentaria do elemento 48 ha trés dias. No exame fisico admissional, apresentava-se taquipneica,
saturando 60% (em ar ambiente), com edema em angulo da mandibula direita, redugao difusa do murmdrio vesicular
e panturrilhas sem empastamento. Angiotomografia de térax e exames laboratoriais foram compativeis com quadro
de embolia séptica, e tomografia computadorizada da cervical corroborou o diagndstico de tromboflebite séptica da
veia jugular interna. Foi tratada com antibiéticos e sintomaticos. A sindrome de Lemierre afeta mais homens jovens
e tem embolizagdo para o pulmao em até 97% dos casos. Extragdes dentarias raramente podem ser a etiologia dessa
sindrome. A tomografia computadorizada é o método de imagem mais utilizado no diagnostico, e o tratamento é,
essencialmente, com antibioticos; portanto, a abordagem cirlirgica é raramente necessaria.

Palavras-chave: sindrome de Lemierre; extragdo dentaria; tromboflebite; embolia pulmonar.

Abstract

Lemierre syndrome is characterized by septic thrombophlebitis of the internal jugular vein, after an oropharyngeal
infection, with septic embolization to the lungs or other organs. This case report describes a 37-year-old female patient
who presented with edema and pain in the right hemiface with onset 3 days previously and progressive fatigue and
dyspnea since the previous day. She had had tooth 48 extracted 3 days previously. Physical examination at admission
found tachypnea, with 60% saturation (in room air), edema at the angle of the right mandible, diffuse reduction of
vesicular murmur, and calves free from clubbing. Angiotomography of the chest and laboratory tests were compatible
with septic emboli, and cervical computed tomography confirmed a diagnosis of septic thrombophlebitis of the
internal jugular vein. She was managed with antibiotics and given treatment for her symptoms. Lemierre syndrome
most often occurs in young men and there is embolization to the lungs in up to 97% of cases. Rarely, the etiology of
this syndrome may be tooth extraction. Computed tomography is the imaging method most often used for diagnosis
and treatment is basically antibiotic. Surgery is thus rarely necessary.
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INTRODUGAO

A sindrome de Lemierre (SL) se caracteriza pela
tromboflebite séptica da veia jugular interna, apds
um quadro de orofaringite, com embolizacdo séptica
para o pulmao ou outros 6rgdos'~. Extragdes dentarias
também podem originar essa sindrome*, porém sdo
extremamente raras’.

Essa sindrome afeta principalmente adultos jovens®
e pode ser potencialmente fatal“>*’, A SL é também
chamada de “doenca esquecida”, pela sua raridade’, e
apresenta uma incidéncia de cerca de 3,6 por milhdo
de pessoas por ano?, com uma mortalidade de cerca
de 5%, quando diagnosticada®®. O tratamento se
baseia basicamente em antibioticoterapia abrangendo
o patdégeno envolvido e raramente necessita de
abordagem cirurgica®.

Neste relato de caso, apresentamos uma mulher
que manifestou a SL, atipicamente ap6s uma extragao
dentaria.

RELATO DO CASO

Paciente do sexo feminino, 37 anos de idade, admitida
por procura direta no servigo de pronto-atendimento
hospitalar, em 01/04/2017, devido a queixa de edema
e dor facial em hemiface direita ha 3 dias, associado a
astenia e dispneia progressiva aos moderados esforgos
ha 1 dia. Negava episddios de febre. Previamente
higida, realizava atividades fisicas didrias sem
queixas, anteriormente ao quadro. Relatava historia de
bruxismo, o qual complicou com trauma dentario do
segundo molar inferior direito ha 3 dias, necessitando
extragdo dentaria, sendo esta realizada de imediato.

Ao exame fisico geral, apresentava-se em regular
estado geral, taquipneica com frequéncia respiratoria
de 30 incursdes por minuto, saturagdo de oxigénio de
60% em ar ambiente e edema em hemiface direita.
Na ausculta toracica, notou-se reducao difusa do
murmurio vesicular, bulhas cardiacas ritmicas e
normofonéticas, sem sopros. As panturrilhas estavam
livres de empastamento, e os sinais de Bancroft e
Homans foram ambos negativos.

Foi cogitada a hipotese de tromboembolismo
pulmonar (TEP) e, por isso, requisitada angiotomografia
de torax em 01/04/17, que ndo evidenciou TEP. Porém,
revelou opacidades nodulares esparsas pelo parénquima
pulmonar bilateralmente, septos interlobulares
espessados, com areas de atenuagdo em vidro fosco,
e derrame pleural bilateral, com componente cisural
a esquerda, sugerindo o diagnoéstico de embolia
séptica (Figura 1). Os exames laboratoriais coletados
em 02/04/17 evidenciaram leucocitose de 16.050,
com predominio de segmentados, sem bastonetose,
e proteina c-reativa (PCR) elevada de 26,3 mg/L.
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Figura 1. Tomografia computadorizada mostrando multiplas
opacidades pulmonares.

No dia 04/04/17, foi realizada tomografia
computadorizada (TC) de face e cervical, que
demonstraram a presenga de densificagdo e aumento de
partes moles em hemiface direita, além de tromboflebite
das tributarias da veia jugular interna a direita
(Figura 2). Assim, pela correlacao clinicorradiolégica,
foi determinado o diagnostico da SL.

Durante toda a evolugdo do quadro, a paciente
permaneceu internada em regime de enfermaria e foi
medicada, durante todo o periodo, com analgésicos,
anti-inflamatorios nao esteroidais e antibidticos.
A analgesia foi realizada com dipirona e tramadol,
regularmente durante os 5 primeiros dias. Utilizou-se,
para o quadro inflamatdrio, cetoprofeno 100 mg,
a cada 12 horas, por 10 dias e prednisona 10 mg,
a cada 12 horas, por 10 dias. A antibioticoterapia
empirica iniciada foi a associagdo entre azitromicina,
clindamicina e ceftriaxona, porém, com a reorientagao
pelo antibiograma logo no segundo dia de internamento,
manteve-se apenas clindamicina 600 mg, a cada
6 horas, por 10 dias e ceftriaxona 2 g, uma vez ao
dia, por 10 dias.

Na evolugdo, durante os dias de internagédo,
houve melhora dos pardmetros laboratoriais, até
que no dia 09/04/17, a paciente apresentava-se com
11.330 leucoécitos, sem bastonetose, ¢ com PCR
de 1,7 mg/L. A melhora das queixas algicas foi
obtida logo no primeiro dia de internagdo e, ap6s
as primeiras 24 horas, a paciente ja ndo apresentava
mais dispneia e a oximetria de pulso era de 95%
em ar ambiente. Assim, obtendo melhora clinica
e laboratorial, foi concedida alta hospitalar apds
10 dias de internamento.
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Figura 2. Cortes sequenciais de tomografia computadorizada evidenciando, no circulo vermelho, areas de tromboflebite dos ramos
da veia jugular interna a direita.

DISCUSSAO

André Lemierre, em 1936, descreveu o complexo da
doenga que combina infecgdes bacterianas anaerobicas
e sépticas pos-amigdalite”. O foco ilustrativo de
Lemierre foi a septicemia pos-angina devido ao
Fusobacterium necrophorum, descrevendo, entdo, a
progressdo da infeccdo supurativa peritonsilar com
a tromboflebite da veia jugular interna, seguida de
embolizagdo séptica a distancia, como para o pulméo'".

O principal sitio de infeccdo sdo as amigdalas
palatinas (87,1% dos casos)'?. Infecgdes odontogénicas,
mastoidites, parotidite, sinusite, otite, pele ou tecido
subcutaneo também podem ser o sitio primario de
infeccdo®'?.

As manifestacdes clinicas incluem febre de
39 a4l °C e calafrios depois de 4 a 5 dias do inicio da
faringite®’. Dor e rigidez no pescogo ¢ linfadenopatia
cervical também podem ocorrer. Edema e dor no
angulo da mandibula ou anterior e paralelo ao musculo
esternocleidomastoideo refletem o acometimento do
espago parafaringeo (26 a 45% dos casos)®!?. Alteragdes
respiratorias estdo presentes na maioria dos casos®.
A paciente apresentada atipicamente ndo teve febre,
nem a SL precedida por quadro de faringite.

O envolvimento pulmonar nesta sindrome acontece
em até 97% dos casos®*°, devido a propagagdo
hematogénica da bactérias'>. Pode ocorrer dor
pleuritica intensa com dispneia®'!, e crepita¢des finas
localizadas e atrito pleural podem ser auscultados.
A radiografia de térax mostra tipicamente multiplas
opacidades bilaterais e pequenos derrames pleurais’.

O diagnostico precoce ¢ vital para prevenir sepse
e morte>’; porém, é muitas vezes atrasado devido ao
curso indolente e ao desconhecimento da sindrome’.
O diagnostico definitivo pode ser feito com TC,
flebografia, ecografia simples ou duplex scan da
regido cervical®. Destes, a TC com contraste ¢ o
exame mais util para diagnostico®’, demonstrando
edema de partes moles e defeitos de enchimento ou
o proprio trombo no interior da veia jugular interna.

O principal tratamento para SL ¢ a terapia
antimicrobiana intravenosa’, com cobertura para
anaerobios®!*!13, A resposta aos antibioticos € lenta,
e o tempo médio entre o inicio do tratamento ¢ a
resolucédo da febre varia de 8 a 12 dias®!°.

A exploragdo cirurgica com ligadura e excisdo
da veia jugular interna ¢ raramente necessaria,
podendo ser indicada nos casos com embolia séptica
persistente e também na drenagem cirurgica de
abscessos ou empiemas pulmonares®®!:1. O papel
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da anticoagulacdo ainda ¢ controverso, nao existindo
trabalhos randomizados que apoiem seu uso*%!1-14,

CONCLUSAO

Devido a potencial mortalidade da SL, ¢ de grande
importancia que os médicos possam reconhecer essa
sindrome precocemente, principalmente apds quadros
sugestivos de embolia pulmonar subsequentes a
bacteremia em via aérea superior, para que consigam
uma abordagem terapéutica precoce ¢ eficaz.
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