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Unilateral Primary Carotiditis: A Case Report
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Abstract

We report the first case of isolated unilateral carotid arteritis, following an upper respiratory tract infection in a patient
without other medical conditions. We collected clinical information during the patient’s hospitalization and follow-up.
Through a Pubmed search, we identified articles discussing TIPIC syndrome, carotid pain, or inflammation. After
reviewing the articles and the corresponding images, none of these reported clinical and radiological findings similar to
ours. A 55-year-old man consulted for unilateral neck pain, without relevant clinical history apart from an upper
respiratory tract infection, nor other signs or symptoms. An MRI before admission showed signs of focal adventitial
inflammation of the left internal carotid artery. Ultrasound identified a mixed plaque with hypoechoic and isoechoic
components at the beginning of the left internal carotid. In particular, there was no halo sign suggestive of giant cell
arteritis. Extensive laboratory exams only found increased plasma IL-1 receptor antagonist. After three days of
corticosteroid and acetylsalicylic acid treatment., cervicalgia completely regressed, and prednisone was stopped. The
patient was discharged on day 7 on daily acetylsalicylic acid. At three months, he remained asymptomatic, carotid
ultrasound was comparable to the first one, and treatment was stopped. We suggest that a purely vascular inflammation
of the carotid could appropriately be defined “carotiditis”, considering the focal, isolated involvement of the carotid wall,
and that such a unilateral presentation has never been reported before. Speculatively, we propose an association
between carotidis and the upper respiratory tract infection in this patient.
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Introduction

The term arteritis indicates an artery inflammation [3,4]. Arteritides of neurovascular interest are most often
intracerebral and with multifocal arterial involvement, while the literature on description and management of unifocal,
extracerebral, exclusively carotid involvement is lacking. In fact, radiological and clinical findings were not compatible
with carotid dissection or intra-cranial arteritis. Recently, the name “TIPIC syndrome” has been proposed to replace
numerous other labels (such as “carotiditis”, “carotid periartritis”, “carotidynia”, “carotidodynia”, “carotidobulbia”) [5]
that have been used to describe the same clinical syndrome, characterized by pericarotid tissue inflammation and
carotidynia. Etymologically, the term “carotidynia” means “carotid pain”, thus referring to a symptom rather than to a
distinct clinical entity. Importantly, while TIPIC syndrome includes all etiologies underlying carotid pain and pericarotid
inflammation, it does not include isolated carotid inflammation, which would be better defined in physiopathological
terms as “carotidis”, i.e. Inflammation of the carotid artery. We report clinical, radiological, and laboratory findings, as
well as therapeutical management of the first reported case of isolated unilateral carotid arteritis, following an upper
respiratory tract infection in a patient without other medical conditions.
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Case Presentation

A 55-year-old Caucasian man consulted the ER for left unilateral neck pain and headache. He reported that the pain had
begun progressively ten days before, irradiating from the neck to the left jaw and the left retro-orbital area. He did not
report traumatism, nor violent sneezing, no cervical massage, no abnormal movements, no vomiting, coughing nor
exertion upon defecation. The only remarkable event was an upper respiratory tract infection, three weeks before the
apparition of the neck pain. He reported no neoplastic or inflammatory sign or symptom and he had no history of
genetic, inflammatory, neurological, or vascular disease.

He had performed an MRI before admission that showed signs of focal adventitial inflammation of the left internal carot-
id artery on the T2 axial FLAIR sequence (Figure 1), no restriction of diffusion on DWI or ADC sequences, no microbleeds
on the SWAN sequence, and permeability of vessels on the gadolinium-enhanced T1 MRI (not shown).

The patient was admitted to the Stroke Center of the University Hospital of Geneva for further investigations. At admis-
sion (day 0, 30 October), general and neurological clinical examinations were unremarkable, his NIHSS score was 0,
without focal neurological signs nor carotid bruit upon auscultation of the neck. The only symptom was the persistence
of moderate left retro-orbital headache and cervicalgia, which increased with palpation.

We performed ultrasound of the carotid and vertebral arteries that identified a mixed plaque with hypoechoic and isoe-
choic components, without significant stenosis at the beginning of the left internal carotid (Figure 2). In particular, there
was no halo sign suggestive of giant cell arteritis. Intracranial ultrasound was unremarkable. Ophthalmologic investiga-
tions were normal, without signs of uveitis.

We performed extensive laboratory exams on day 1 after admission, including infective (e.g. SAR COVID-19 igg), inflam-
matory, metabolic, and hematological panels (infections, inflammation, metabolic), as well as a lumbar puncture. The
only anomalies were a slight folate deficiency (6 nmol/L), increased IL-1 receptor antagonist (1358 pg/ml, normal range:
20-880 pg/ml), slightly elevated anti-cardiolipin antibodies (igg: 14.7 U/ml, normal range: 0-14 U/ml), and unexplained
renal insufficiency (creatinine: 119 umol/L, EGFR [CKD-EPI]: 59 ml/min/1.73m2) that was not previously known.

Since he did not have fever, anemia, jaw claudication, visual disturbances, nor constitutional signs or symptoms, there
was no indication to performing an arterial biopsy.

We started a therapy with acetylsalicylic acid 100mg/die, and prednisone 0.6mg/kg (50mg/die) as empiric treatment.
On day 3, the cervicalgia completely regressed and prednisone was stopped, to avoid unnecessary immunosuppressive
risk. On day 7, the patient was discharged on daily acetylsalicylic acid.

Figure 1: Carotid adventitial inflammation. Figure 2: Atheromatous plaque of the left
A, axial and B, coronal cervical MRI show internal carotid artery. A, ultrasound of the left
hyperintenseleft carotid signal (red arrows) internal carotid artery showing a mixed
suggestive of carotid adventitial inflammation atheromatous plaque. B, Doppler ultrasound of the
sparing the pericarotid tissue. left internal carotid artery showing no

evidence of hemodynamically significant stenosis.

Discussion
We presented the case of an adult man with isolated carotid arteritis revealed by neck pain.

The differential diagnosis of pain and inflammation in the carotid region includes transient perivascular inflammation of
the carotid artery (TIPIC) syndrome, also known as Fay syndrome [1], dissection, aneurysm, systemic vasculitis, infective
and neoplastic etiologies.
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Our patient did not meet the criteria for any inflammatory diseases, especially for vasculitis, such as giant cell arteritis,
Takayasu'’s arteritis, granulomatosis with polyangiitis, poly-arteritis nodosa and Churg-Strauss variant, or Bechet’s dis-
ease. Tuberculosis or fungal infections have been reported as possible causes of carotid inflammation [2], but the patient
did not have any signs of active infections.

To the best of our knowledge, this is the first reported case of isolated unilateral carotid arteritis. Other cases of benign
isolated arteritis of the CNS have been reported [3,4]. However, these describe an intracerebral and multifocal arterial
involvement, contrary to our case, in which unifocal, extracerebral, exclusively carotid involvement was found. In fact,
radiological and clinical findings were not compatible with carotid dissection or intra-cranial arteritis. In particular,
there were no signs of pericarotid fatty tissue inflammation, excluding the diagnosis of TIPIC syndrome [1]. As men-
tioned in the Introduction, while TIPIC syndrome includes all etiologies underlying carotid pain and pericarotid inflam-
mation [5], it does not include isolated carotid inflammation (as the case of our patient), which would be better defined
in physiopathological terms as “carotidis”, i.e. Inflammation of the carotid artery.

Through a Pubmed search for the keywords “(carotid AND (carotiditis OR carotid periartritis OR carotidynia OR caroti-
dodynia)) AND (unilateral AND carotid AND (inflammation OR arteritis))” we identified 245 articles discussing TIPIC
syndrome, carotid pain or inflammation. After reviewing the articles and the corresponding images, none of these report-
ed clinical and radiological findings similar to ours. Thus, we suggest that a purely vascular inflammation of the carotid
could appropriately be defined “carotiditis”, considering the focal, isolated involvement of the carotid wall, and that such
a unilateral presentation has never been reported before.

In this case, the only relevant findings were increased IL-1 receptor antagonist, slightly elevated anti- cardiolipin anti-
bodies, and the clinical history of a respiratory infection one month before the symptoms. IL-1Ra has been associated
with atherosclerosis [6] and, in general, it may constitute a compensatory anti-inflammatory response to arteritis-
dependent inflammation. On the other hand, elevated anti-cardiolipin antibodies are likely reactive to endothelial lesions
due to arteritis [7]. An autoimmune etiology has been proposed for bilateral internal carotid arteritis [8] but, in our case,
the purely unilateral carotidal involvement may suggest other underlying mechanisms. Although speculatively, we pro-
pose an association between the present clinical presentation and the upper respiratory tract infection reported by the
patient, either through molecular mimicry or through other mechanisms.

Conclusion

To conclude, this case demonstrates that not always inflammatory carotid pain is attributable to TIPIC syndrome or oth-
er well-characterized diseases. Carotiditis, defined as an isolated, unilateral, focal inflammation of a carotid artery, may
be a new clinical identity with different clinical course and implications than TIPIC syndrome. Differentiating the etiolo-
gies of carotid pain is of the utmost importance to study the most appropriate treatment for the underlying condition,
which may be associated with increased risk of serious events such as stroke or dissection.
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