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ABSTRACT

INTRODUCTION: Hypophysitis is a non-infectious chronic
inflammation. Lymphocytic hypophysitis which is the most frequent
adult hypophysitis naturally remit within 2 years.

CASE REPORT: The patient is female. She has had a bilateral
occasional headache since her twenties. Her polyuria and thirsty started
at 32 years old. She was diagnosed with central diabetes insipidus and
desmopressin was started at 33 years old. Magnetic resonance imaging
(MRI) showed swelling of the pituitary stalk and 3™ ventricle floor,
which were homogeneously enhanced. Brain MRI showed stable
disease until 9 years after symptom onset. At 10 years since symptom
onset, the decrease of the enhanced lesion was observed.
DISCUSSION: Because of self-limiting benign natural history, the
biopsy is generally not applied for the patients under the diagnosis
of lymphocytic hypophysitis. Our case showed the problem of the
watch and scan strategy.
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CONCLUSION: We reported the case of infundibulum-
hypophysitis those enhanced lesions sustained for 9 years. This case
report demonstrated the problem of the watch and scan strategy.
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CASE REPORT

Hypophysitis is non-infectious chronic inflammation. Lymphocytic
hypophysitis which is the most frequent adult hypophysitis naturally
remit within 2 years!'. We experienced the case of infundibulum-
hypophysitis those enhanced lesions sustained for 9 years.

The patient is female. She has had a bilateral occasional headache
since her twenties. She does not have migraine symptoms such
as nausea and photo-hypersensitivity. Her polyuria and thirsty
started at 32 years old. She was diagnosed with central diabetes
insipidus and desmopressin was started at 33 years old. She had
no history of pregnancy. She was also diagnosed and treated with
pan-hypopituitarism, diabetes mellitus, obesity, dyslipidemia. She
had an irregular menstruation cycle. Magnetic resonance imaging
(MRI) showed swelling of the pituitary stalk and 3™ ventricle
floor, which were homogeneously enhanced (Figure 1A). Optic
chiasm compression was not observed and she did not show visual
symptoms. Her history and physical examination did not show
malignancy, infection, auto-immune disease, and granulomatous
diseases. To differentiate from germinoma and 1gG4 related diseases,
we checked IgG, IgG4, AFP (alpha fetoprotein) in venous blood,
and B-hCG (B-human chorionic gonadotropin) in urine, these were
all normal. She did not have a history of the administration of an
immune-checkpoint inhibitor. We diagnosed her with lymphocytic
infundibulum-hypophysitis and planned a watch and scan strategy
without biopsy and medication such as a steroid. Brain MRI showed
stable disease until 9 years after symptom onset (Figure 1B-D). At 10
years since symptom onset, the decrease of the enhanced lesion was
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Figure 1 Gadolinium enhanced T1 weighted sagittal MRI at 34(A), 37(B), 41(C), 43(D), 44(E) year-old.

observed (Figure 1E). Her symptoms including diabetes insipidus
and headache were not significantly changed. She suffered from
infertility, however, she delivered a baby after in-vitro fertilization
at 42 years old. The patient has provided informed consent for
publication of the case.

DISCUSSION

The differential diagnosis of enhanced pituitary lesions includes
tumor, infection, granulomatous and auto-immune diseases!!.
Systemic and non-invasive examinations sometimes do not bring a
clear diagnosis. Lymphocytic hypophysitis is the most frequent adult
hypophysitis. Because of self-limiting benign natural history, the
biopsy is generally not applied for the patients under the diagnosis
of lymphocytic hypophysitis. Our case showed the problem of the
watch and scan strategy.

Iwama et al. reported a biomarker for the diagnosis of lymphocytic
hypophysitis?. At present, this antibody is not commercially
available. The development and commercial supply of a diagnostic
biomarker for lymphocytic hypophysitis is expected.
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CONCLUSION

We reported the case of infundibulum-hypophysitis those enhanced
lesions sustained for 9 years. This case report demonstrated the
problem of the watch and scan strategy.
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