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ABSTRACT

Background: Chronic Juvenile Recurrent Parotitis (CJRP), a nonsuppurative, nonobstructive, recurrent
inflammation of the parotid gland, is a rare cause of parotid swelling in children presenting with multiple episodes
of swelling over years, often accompanied by fever, with or without pain or discomfort. This work aimed to present a
case report that highlights the signs and symptoms of this unusual condition and focuses on the value of
ultrasonography to aid in the diagnosis. Methodology: A 8 years old female presented to the ENT outpatient
department with complaints of multiple episodes of bilateral painful swelling below the ears for the past I year and
had no significant past medical or surgical history. Discussion: On examination, the child was afebrile with
bilateral parotid swelling, more on the right side, both sides being smooth, firm in consistency, and non-tender. All
her blood investigations were within normal limits. Ultrasonography of the parotid glands revealed bilateral coarse,
heterogeneous internal echogenicity and nodular hypoechoic areas suggesting sialectasis, scattered parenchymal
calcifications, and fibrous septa (more on the left side). A diagnosis of bilateral chronic parotitis was made. The
child was treated with an analgesic, antipyretic, antibiotic (co-amoxiclav), good oral hygiene, mouthwash, and
adequate fluid intake during each episode. She has been asymptomatic for the last 15 months and is under regular
follow-up. Conclusion: Even though rare, bilateral recurrent parotid swelling in children can be chronic juvenile

recurrent parotitis and needs early diagnosis and prompt treatment.
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INTRODUCTION
Chronic Juvenile Recurrent Parotitis (CJRP) is a nonsuppurative, nonobstructive, recurrent inflammation of the
parotid gland in young children. CJRP is a rare cause of parotid enlargement, though bilateral inflammatory parotid
swellings are common in children [1]. The etiopathology of CJRP is unclear, although underproduction of saliva,
and congenital malformation of the parotid glands leading to retrograde infection, allergy, immunodeficiency, and
autoimmune diseases, have been considered [2-5]. In most cases, the episodes begin between 3 years to 6 years of
age and subside by the age of 10 years to 15 years. Although it tends to resolve spontaneously after puberty, all
children must be screened for lymphoma, autoimmune diseases mainly Sjogren’s syndrome or sarcoidosis, and
immunodeficiency including human immunodeficiency virus and tuberculosis. CJRP is a rare condition
characterized by multiple episodes of swelling over years, often accompanied by fever, with or without pain or
discomfort. It is usually unilateral but can occur bilaterally also. Here, we present a case of an 8-year-old girl with
bilateral chronic juvenile recurrent parotitis. This case report has been reported taking into consideration the SCARE

2020 criteria [5].

METHOD
We reported this case following the updated consensus-based Surgical Case Report (SCARE) Guidelines [5].

CASE PRESENTATION
An 8-year-old girl presented to the ENT outpatient department with multiple episodes of bilateral painful swelling
below the ears for the past 1 year. The swelling was more prominent on the right side as compared to the left and
was usually associated with pain, fever, and malaise without any pus discharge. She had five such episodes in the
last year with each episode lasting for 7 days to 14 days. Her last episode lasted for 10 days. The child did not
encounter any symptoms like headache, vomiting, neck stiffness, lower abdominal pain, lower back pain, or burning
micturition during any of the episodes. On examination, the child was afebrile with bilateral parotid swelling, more

on the right side, with both sides being smooth, firm in consistency, and non-tender (Figure 1).

Figure 1 Parotid swellings
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Pressure over the gland did not cause any purulent discharge from the parotid duct. There was no history of dental
caries, weight loss, night sweats, hemoptysis, dryness of eyes, dryness of mouth, altered taste, increased salivation,
joint pain or swelling, and skin rashes suggestive of autoimmune disorder during any episodes. There was no history
of exposure to tuberculosis, no family history of recurrent parotid swelling, tuberculosis, or any autoimmune
disorder. Her serum amylase level was on the higher side during all episodes except in the last episode. However,
blood counts, erythrocyte sedimentation rate, c-reactive proteins, serum lipase, and serum immunoglobulin levels
were within normal range. Screening for Human Immunodeficiency Virus (HIV) serology, rheumatoid factor,
antibodies for anti-Ro and anti-La for Sjogren's syndrome, and AFB for tuberculosis were negative. Ultrasound of
both parotid glands demonstrated coarse, heterogeneous internal echogenicity and nodular hypoechoic areas
suggesting sialectasis, scattered parenchymal calcifications, and fibrous septa (Figure 2). Findings were more

prominent on the left side.

Figure 2 Parotid gland showing multiple hypoechoic areas with enlarged gland

A diagnosis of bilateral chronic parotitis was made. The child was treated with an analgesic, antipyretic, antibiotic
(co-amoxiclav), good oral hygiene, mouthwash, and adequate fluid intake during each episode. During the last
episode, in addition to the above treatment measures, massage of parotid glands, application of heat to the affected
area, and encouraging sugar-free chewing gum and sour candy to stimulate the flow of saliva were given. She has

remained symptom-free for 15 months and is under regular follow-up.

DISCUSSION
Chronic juvenile recurrent parotitis is the second most common cause of parotitis in childhood, only after mumps [6,
7]. CJRP is often synonymously referred to in the literature as Infantile Chronic Recurrent Parotitis (ICRP) or
Juvenile Recurrent Parotitis (JRP). The juvenile form of recurrent parotitis was first described by von Reuss [8,9].
The disease frequently affects males but higher distribution in females has been found when symptoms appear later
[10]. The etiology of CJRP is reported as multifactorial. Genetic factors, familial causes with autosomal dominant
inheritance, autoimmune causes like Sjogren’s disease, viral etiology like mumps, allergy, and IgG3

immunodeficiency have all been implicated as possible causes of CJRP [11]. But there is no definite evidence in
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support of any of these causes. However, the main cause postulated to explain the pathogenesis of CJRP is
decreased salivary production causing inadequate salivary outflow which further facilitates infection. Pathological
studies reveal several structural changes in the affected parotid gland, while there is still a debate about whether

these are the primary abnormalities or the result of multiple episodes of parotitis.

CJRP can be provisionally diagnosed by clinical symptoms and examination which may be aided by radiological
investigations like ultrasonography and conventional sialography [11]. Clinical symptoms of JRP include recurrent
parotid inflammation with swelling and pain associated with fever which usually lasts 2 days to 7 days. In 90% of
the patients, the symptoms resolve spontaneously by puberty. In a few severe cases, there is progression leading to

the destruction of the glandular parenchyma with a diminution of its functionality by 50% to 80% [12].

Ultrasonography features of CJRP include multiple hypoechoic lesions with gland enlargement and lymph nodal
enlargement [1]. Studies have suggested that hypoechoic areas and anechoic areas in parotid are consistent with
ductal ectasia and lymph node enlargement [13]. The ecstatic ducts are usually 1 mm to 2 mm in diameter and
typically have a white appearance of the ductal layer without healthy blood vessel coverage when compared with a
normal gland [14]. This aspect is believed to be characteristic of CJRP. Sialectasis was previously diagnosed by
sialography, but ultrasound has superseded this technique [12]. Hence, clinical examination and sonography as a

combination are sensitive tools for the diagnosis of CJRP.

CJRP is a self-limiting condition with unknown incidence, occurring at any age during childhood. In most cases,
symptoms disappear in puberty without the need for invasive treatment. Because of this, doctors are conservative in
their approach to treatment. Analgesics, attention to good oral hygiene, massage of the parotid gland, warmth, and
use of chewing gum and sialogogic agents are helpful. Antibiotic treatment during attack is often proposed to
prevent additional damage to the glandular parenchyma while low-dose prophylactic antibiotics have been
recommended when an immunoglobulin-A deficiency is observed [15]. It is only in severe cases that invasive
treatments are considered. Nahlieli et al performed duct probing with lavage, dilation, and hydrocortisone injection
via sialendoscopy with a resolution of symptoms and a very low recurrence rate on follow-up [14]. More aggressive
treatment is justified only for those patients with persistent problems and includes parotid duct ligation,

parotidectomy, or tympanic neurectomy but all have unsatisfactory results [11].

CONCLUSION
Although CJRP is a rare disease, early identification, regular follow-up, and early management are required for
patients with bilateral parotid swelling and we should be aware of this disease and treatment options. Some signs

and symptoms may guide the diagnosis but ultrasonography finds its place to confirm it.
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