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Abstract

Vascular chronic Q fever (CQF) is a severe form of Q fever, a
ubiquitous  zoonosis, with non-specific symptoms,
challenging diagnosis and that can lead to several
complications associated with a poor prognosis. Here, we
present the case of a 68 years-old patient that first
presented pygalgia, fatigue and weight loss, ultimately
diagnosed with vascular chronic Q fever, more than 6
months after the beginning of the symptoms, leading to his
death despite appropriate but late antibiotic course and
surgical intervention. This case raises the question about
the interest of evoking this diagnosis in a systematic way
when confronted to new onset of non-specific general
symptoms in a context of known aortic aneurysm.
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Introduction

Vascular chronic Q fever (CQF) is a severe form of Q fever, a
ubiquitous zoonosis, with non-specific symptoms, challenging
diagnosis and that can lead to several complications associated
with a poor prognosis. We present here the case of a rare form
of endovascular CQF in whom the treatment could have been
started earlier if the diagnosis had been evoked in a systematic
way.

Case Report

In August 2016 a 68-year-old man was hospitalized for weight
loss (15 kilograms in 6 months), fatigue and pygalgia radiating to
the left lower limb, lasting for two months despite three lumbar
corticosteroid infiltrations and 2 short antibiotic courses with
amoxicillin-clavulanic acid for seven days. He had a history of
coronary stenting, high blood pressure, occlusive arteriopathy of
the lower limbs and a 40 millimeter diameter infrarenal
aneurysm diagnosed by ultrasound in 2007 and monitored every

year. He did not report any contact with farm animals, but often
stay Southern France.

He experienced symptoms evocative of spontaneously healed
pneumonia in 2013 without any medical documentation and a
resolving pneumonia in 1970 treated with anti-tuberculous
therapy without bacteriologic evidence. Physical examination
revealed apyrexia, a cardiac systolic aortic murmur, arterial
blood pressure was 109/77 mmHg, heart rate was 73 per
minute, abdominal aortic murmur. Leucocytes blood count was
12370/mm3 (normal range, 4000-12000/mm3), C-reactive
protein was 44 mg/L (normal value, <5 mg/L), creatinine was 57
micromol/L, liver enzyme levels and creatin-phosphokinase
were normal. Thoracoabdominal computed tomography (CT)
revealed a perianeurysmal collection, an abscess in the left
psoas and signs of L3 L4 spondylitis (Figures 1 and 2).
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Figure 1a

Figure 1a: Axial abdominal CT before surgery showing the
aneurysm (arrow Al), 2 collections in the left psoas (arrow
A2, 25 x 24 mm and 9 x 19 mm) and a third one in the
prevertebral area (arrow A3, 11 x 17 mm).
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Figure 1b

Figure 1b: Axial abdominal CT before surgery showing a
multiloculated collection (arrow) evocative of periaortic
abscess.
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Figure 2a

Figure 2a: Frontal abdominal CT in bone window, showing
osteocondensation with lacunes evocative of spondylitis L3 L4
(arrow).
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The 2-deoxy-2-[18F]fluoro-D-glucose positron emission
tomography/computed tomography (18F-FDG PET/CT) showed
hypermetabolism of these lesions without remote infectious
focus. There was no vegetation seen in a trans-thoracic and
trans-esophageal ultrasound. CT-guided puncture of the
periaortic collection found purulent fluid, but the gram stain and
cultures remained sterile for bacteria and mycobacteria. Infected
vascular tissues were surgically removed and he benefited from
the implementation of an axillobifemoral bypass. An antibiotic
course with piperacillin-tazobactam, vancomycin and amikacin
was started from the day of the surgery. Seven days after the
surgery but six months after the appearance of symptoms Q
fever serology performed at National Reference Center
(Marseille, France) was positive with an indirect
immunofluorescent antibody (IFA) for the anti-phase | antibody
(IgG 1:12800, I1gM negative and phase Il antibody (IgG 1:1600,
IgM negative) supporting the diagnosis of endovascular chronic
Q fever with contiguous psoas abscess and spondylitis (herein 2
major diagnosis criteria using expert review criteria [1]), as PCR
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and culture of Coxiella burnetii were not performed. Legionella
serology was also positive at low titers (1/16), whereas
serologies for rickettsiosis, bartonellosis and brucellosis were
negative.
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Figure 2b

Figure 2b: Sagittal abdominal CT highlighting the spread of
the infection (collections in the prevertebral L4 area (arrows)
by contiguity between the aneurysm and the spondylitis L3-
L4.
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Tuberculosis was ruled out as the acid fast bacilli staining
(auramine) and the 90 days’ time culture (Lowenstein) were
negative. There was no anatomopathologic evaluation of the
surgically removed tissue but no clinical elements for
inflammatory large blood vessel diseases in the past history of
the patient were retrieved. Antibiotics were changed for
doxycycline 100 mg twice a day and hydroxychloroquine 600 mg
per day. After three months of such treatment, the antibody
titers remain stable. Unfortunately, the clinical course was
complicated by various hospitalized acquired infections and
medical hazard leading to the death of the patient in October
2016.

Discussion

This case illustrates an unusual form of severe vascular CQF
associated with iliopsoas abscess and spondylitis, revealed by
persistent lumbar pain with radiation to the left lower limb. The
literature about this form of CQF is poor. Indeed, in a review of
the literature Galy et al. [2] reported 7 cases of endovascular
chronic Q fever associated with iliopsoas abscess without
endocarditis (14 cases if the endocarditis was not excluded), of
which 4/7 and 8/14 respectively had spondylitis. When the
endocarditis was ruled out, the spread of the infection seemed
to be by contiguity. After the Q fever endocarditis, endovascular
infection is the second most frequent form of CQF that almost
always complicates a preexisting aortic aneurysm or aortic
allograft [3] and is associated with a poor prognosis (18.2 to
23.7% mortality rate despite an optimal treatment) [4]. CQF
treatment consists in at least 18 months of tetracycline and
hydroxychloroquine regimen [5] with better outcome when
surgical management can be performed, in case of vascular
infection [4]. In our case diagnosis was suspected almost 6
months after the beginning of the disease and was belatedly
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mentioned. This form of CQF needs to be kept in mind face to
septic aneurysm without clear diagnosis.

Diagnosis of CQF is also matter of concern. In our patient,
Legionella serology was positive, at low titers, which resulted
from a cross-reaction between Legionella and Coxiella burnetii
serology, as described in previous report [6]. CQF is usually
associated with high titers of Immunoglobulin G against phase |
antigen of Coxiella burnetii (IgG1), that can also be elevated in
case of recent acute Q fever (in which a serological control is
needed to see the decrease in antibody titers), the positive
predictive value increase with the titer (37% for 1:800; 75% for
1:6400 cut-off) as discussed by Raoult et al. [1]. Polymerase
chain reaction (PCR) in blood, pus or tissue may also help the
diagnosis. Thus, diagnosis of CQF is based upon a score with
microbiological, serological and imaging criteria, which allows
classifying a case as definite or possible diagnosis of CQF [6].

Usually, organisms suspected to be involved in spondylitis or
iliopsoas abscesses are Staphylococcus aureus, Streptococcus
spp., Mycobacterium tuberculosis (when the origin is skeletal
infection) and Escherichia coli (when the origin is the urinary
tract or the bowel [7]). During septic aortic aneurysm [8],
Salmonella spp., Staphylococcus aureus and Streptococcus spp.,
but also Campylobacter fetus, Listeria monocytogenes,
Mycobacterium tuberculosis, Aspergillus spp., and Brucella spp.
could be involved. In our patient, all of these pathogens had
been excluded by microscopic examination, culture and
serological testings. In a study of 26 patients treated for septic
aneurysm, Coxiella burnetii was isolated in one case [8], and in 2
of 25 patients with septic aortic aneurysms in another study [9].
To our knowledge no guidelines exists asking for a mandatory
research for Q fever. Serology has to be done facing a negative
result for all other research [8]. Coxiella burnetii seems to be
rare in septic aneurysm and ask for a systematic research to
avoid delay for appropriate treatment that negatively impacts
on global outcome as our patient.

Conclusion

Although rare this case highlights the severity of the disease
with high mortality rate. This case asks for an earlier serological
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and PCR testing for Q fever in case of septic aneurysms to avoid
delayed diagnosis. Systematic research need to be discussed
regarding the rarity of this infection among all septic aneurysms.
More studies are needed to evaluate the cost-effectiveness of
this strategy.
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