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Vitamin B6 (pyridoxine) dependent seizure(PDS) is an autosomal-recessively inheriteddisorder which starts within a few hours of birthor even earlier, and can cause intrauterineseizures[1,2]. It occurs while the serum level of B6vitamin is normal. It is the result of a defect inpyridoxine binding to its apoenzyme glutamatedecarboxylase which finally leads to reducedconcentrations of Gamma-aminobutyric acid(GABA). Low concentration of GABA is related todecreased seizure threshold[3]. The frequency ofPDS is unknown and limited cases have beenreported worldwide[4]. Some cases from Iranhave already been reported too[5]. Typical PDS isdiagnosed according to the following criteriadescribed by Baxter:1) Seizures resistant to traditional antiepileptictreatment2) Cessation of seizures with pyridoxineadministration,3) Complete seizure control on pyridoxinemonotherapy4) Recurrence of seizures upon pyridoxinewithdrawal[6].Patients with atypical forms of PDS are morefrequently reported than those with classicforms. Atypical PDS must be highly notedregarding the following specifications:1) Initial response to anticonvulsants2) No recurrence of attacks even after 6 weeks ofpyridoxine or anticonvulsant discontinuation3) Initial failure of response to pyridoxine in thefirst 8 months of life.

These items lead to delayed diagnosis ofatypical PDS. This was the case in our followingpatients.
Case 1: This 6-month-old girl was admitted toemergency room of pediatrics department ofAlzahra hospital in Isfahan with statusepilepticus and hypothermia. The patient hadrecurrent tonic seizures since she was 1 monthold. She was the third child of a family with threechilren. Her parents were not related, no familyhistory of epilepsy or any other type of seizurewas present. The other two children werehealthy. Pregnancy and delivery was uneventful.Birth weight 3000 grams. Her development wasdelayed. With anti-epileptic drugs likephenytoin, phenobarbital and clobasam in fulltherapeutic dosage the seizures weretemporarily controlled during several previoushospitalizations in other centers but recurredevery time after discharge from hospital. EEGshowed sharp waves, brain CT scan was normal.At admission, all laboratory tests were normal.Metabolic tests, amino acid chromatographywith BALL method, plasma ammoniac and bloodgas were normal. After admission, 100 mgintravenous vitamin B6 was given as loadingdose, continued by 40mg per day orally. After 3days, she was discharged without any seizurerecurrence. Other antiepileptic drugs weregradually tapered. Under continued pyridoxinemonotherapy she became completely seizurefree, and at the age of 6 years she went to schoolwith normal mental development and normalEEG.
Case 2: This patient was a 4-month-old girl, thesecond child of healthy unrelated parents,delivered after a normal term pregnancy bycesarean section. Birth weight was normal. Nofamily history of epilepsy or any other type ofseizure. The patient was frequently admitted toour hospital for intractable seizures: tonicseizures with upward gaze that began on 12th

Letter to Editor
Iran J Pediatr

Dec 2010; Vol 20 (No 4), Pp: 498-501

* Corresponding Author;
Address: Pediatrics Department, Isfahan University of Medical
Sciences, Isfahan, IR Iran
E-mail: shahkarami@edc.mui.ac.ir



499Iran J Pediatr, Vol 20 (No 4); Dec 2010

day of life. In EEG sharp waves were detected.She was treated with phenobarbital.Two months after discharge from hospital shewas readmitted for repeated attacks of tonicseizures. Physical examination revealed noabnormality.Routine laboratory tests were normal andTORCH negative.Anti epileptics were administered again andshe was discharged on phenobarbital andphenytoin. Brain CT scan showed now in 2months of age frontal atrophy.Special screenings including metabolic tests,amino acid chromatography with BALL method,plasma ammoniac and blood gas were normal. Inconsequence, she was admitted 2 times againwith tonic seizures, upward gaze, staring andexcessive crying that was controlled by addingNitrazepam to her previous drugs, but after afew days she had to be readmitted withrecurrence of seizure. This time 100 mgpyridoxine was administered intravenouslywhereupon convulsions stopped in a fewminutes. She was discharged with maintenancedose of pyridoxine 40mg/day. Convulsionsstopped and EEG became normal. Otherantiepileptic drugs were gradually discontinued.After one month of treatment a period ofseizure occurred again, it was due todiscontinuation of pyridoxine and wascontrolled by re-administration of the vitamin.Now at the age of 3.5 years, the patient iscompletely seizure free, receiving pyridoxinemonotherapy, with normal mental development.Affected patients usually present impairedmental development especially in the case ofverbal abilities. But appropriate usage ofpyridoxine may prevent or even reverse thisimpairment provided that early neurologicalexaminations especially head circumference isnormal[7]. In our patient early neurologicalexaminations were normal and despiteoccurrence of several seizure attacks, afterpyridoxine therapy ultimately proper mentaldevelopment was achieved.PDS patients usually show an EEG patterncontaining sharp waves. In a few minutes afterpyridoxine administration this pattern  becomesnormal [7]. This was seen also in our patients.

Although the diagnosis of PDS can beconfirmed by genetic and biochemical testing,clinical suspicion is the mainstay for properdiagnosis[8].Concluding all, the clinicians should alwaysconsider PDS in patients with intractable seizureaccording to the importance of early diagnosisand treatment of PDS to avoid prolonged timebetween presentation and diagnosis which hasbeen around 18 months in some cases[8].Pyridoxine must be initiated as soon asphysicians encounter these patients especially inthe first two years of life.
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Tourniquet Test Positive, High Fever
and a Pediatric Case of Swine Flu

Viroj Wiwanitkit, MDHouse, Bangkhae, Bangkok, Thailand
Received: Apr 01, 2010; Accepted: Jun 05, 2010Swine flu is the present problem of the world. Inthe tropical countries, swine flu is still pandemic.The author hereby reports and discusses on apediatric case of swine flu. The case is a 7 year-old boy (body weight 28 kg) presenting to theprimary care center in Bangkok, Thailand withthe complaint of high fever, non productivecough, nausea, vomiting and malaise. His bodytemperature was 39.2 ˚C. His throat was red andlung clear. The attending physician performedtourniquet test and got positive result. The boywas referred to the hospital for further propermanagement. At the hospital, complete bloodcount was done and no thrombocytopenia couldbe detected. In this case, the finalized diagnosisas swine flu was derived. The Real time PCR testwas done to confirm new H1N1 influenza virusinfection (confirmation was performed at ThaiDepartment of Medical Science). Duringhospitalization, investigations done to rule outco-existing dengue fever or other infectionsincluded hemoculture, dengue serological study(paired serum test) and Chikungunya serologicalstudy (results of all tests were negative). Chest Xray was also done in this case and there was nolung involvement. This case was treated byantiviral drug (Oseltamivir 60 mg twice daily)and got full recovery within 10 days. Of interest,high fever and flu like symptoms are nonsignificant and several tropical diseases can havethis presentation. In Thailand, dengue infectionis common and tourniquet test is helpful inscreening and diagnosis[1]. Indeed, the importantdifferential diagnoses for positive tourniquettest include dengue hemorrhagic fever and someother viral hemorrhagic fever (such as Rockymountain spotted fever and Chikungunyafever)[2,3]. In this case, positive tourniquet testcould be seen in a case of swine flu, which is nota viral hemorrhagic disease. This observationcould be due to the fragile nature of the child orthe exact undisclosed pathological process of thenew influenza virus infection. The possible

mechanism causing tourniquet positive might bedue to swine flu induced thrombocytopenia. Thisrequires further study for clarification. Indeed,there is no similar case in the literature. For thetropical doctors in the endemic areas of dengue,it is necessary to think of swine flu in positivetourniquet test case in the present situation ofpandemic swine flu[4].
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Received: Aug 28, 2009; Accepted: Dec 08, 2009Fever is a common pediatric problem accountingfor 25-30% of emergency department and clinicvisits each year. Although it usually indicatesminor infection, it can also be a sign of seriouslife-threatening disease.Acetaminophen is usually mentioned as themedication of choice, while ibuprofen is alsorecommended to be given for high-temperaturefevers[1]. However, due to the potential side
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effects of these medicines, the use of antipyreticsfor the management of pediatric fever remainscontroversial[2].In a meta-analysis of all studies in whichsingle-dose acetaminophen or ibuprofen weremeasured in a randomly blinded way in children,was concluded that ibuprofen was a moreeffective antipyretic than acetaminophen. Therewas no difference in safety between the twodrugs or among these two and placebo. Therecommendations in the recent literature variedbetween the “very safe” acetaminophen to the“slightly more effective” ibuprofen, yetanswering a parent's question about which drugis “better” was difficult. Single doses werecompared over a period of three to 12 hours.There was less consistency in both number andnature of outcome measures[3].A randomized, double-blind and case-controlled clinical trial study, was performed on100 children between six months to 12 years ofage admitted in Imam Sajjad Hospital Yasuj,southwest Iran, with fever of non-serious origin.Patients were randomized equally into twogroups to receive either orally 10 mg/kgacetaminophen (Case Group) or 10 mg/kgibuprofen (Control Group). Tympanictemperatures were recorded at baseline andsubsequently at 0.5, 1, 2, 3 and 4 hours frombaseline.The patients were observed for 24 hrs.Information on adverse events was collected.Normal temperature was defined as a tympanicmeasurement ranging between 36.5°C and37.9°C [4]. A total of 100 patients were randomlyassigned, 50 in the acetaminophen group, 50 inthe ibuprofen group. Patients with severesystemic disease were excluded. Study groupswere similar in age and gender. The meantemperature change from baseline after fourhours was -1.46 °C and -1.59 °C in ibuprofen andacetaminophen groups respectively.Acetaminophen lowered the average baselinebody temperature from 38.75 °C to 37.16°C afterfour hours treatment. Ibuprofen lowered theaverage baseline body temperature from 38°C toa mean temperature of 36.54°C. The meantemperature change from baseline after fourhours was -1.59°C and -1.46°C in acetamino-phen and ibuprofen groups respectively. It wasfound that in intervals of 0.5, 1, 2, 3 and 4 hours,acetaminophen has reduced 0.25, 1.06, 1.37,1.49 and 1.59°C and ibuprofen 0.21, 0.64, 0.94,1.04 and 1.46°C of patients' body temperature.The main adverse events after excluding thosenot related to treatment were vomiting in 11

patients (22%) and 1 (2 %), diarrhea in 5 (10%)and nil, abdominal pain in 3 (6%) and nil in theibuprofen and acetaminophen groupsrespectively.In this study temperature evolution over the 4hours of treatment was not significantlydifferent between the two groups (95% CI; -1.03to 0.44). Acetaminophen, compared withibuprofen, produced a greater body temperaturereduction at 1, 2, 3 hours after intervention(maximum 0.81 after the first hour;) (P<0.01).Rainsford et al and Goldman compared thetwo drugd in two large studies: one found nodifference[5] and in the other ibuprofen wasmore effective than acetaminophen[6].Our study showed that patients who weregiven ibuprofen had more side effects such asdiarrhea, vomiting or abdominal pain(statistically significant differences). It should benoted that several studies show that tolerabilitywas similar in both drugs. Rainsford et alconcluded that both drugs are remarkably safeas used in clinical trials[5].Our results demonstrated that ibuprofen is asuitable alternative to acetaminophen forreducing temperature effectively butacetaminophen is significantly better tolerated.
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